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Ozet 

Sjogren sendromu, ‘sicca semptomlart’ olarak bilinen agiz kurulugu ve g6z kurulu- 
gu ile karakterize kronik otoimmiin bir hastaliktir. Sjagren sendromu hastalarin- 
da, ekzokrin bezlerin lenfositik infiltrasyonu nedeniyle, karakteristik olarak nikle- 
er ve sitoplazmik antijenler, 6zellikle Anti-Ro/SSA ve Anti-La/SSB pozitiftir. Primer 
Sjégren sendromunda sistemik komplikasyonlar gelisebilir, ki bunlardan en kor- 
kulani non-Hodgkin lenfomadir. Biz burada, burun sirtinda tilsere lezyon ile pre- 
sente olan bazal hiicreli karsinom ile birlikte olan Sjogren sendromu olgusundan 


bahsettik. 


Anahtar Kelimeler 


Sjogren Sendromu; Bazal Hiicreli Karsinom; Malignite 


Abstract 

Sjogren's syndrome is a chronic autoimmune disease characterized by xerostomia 
and xerophthalmia, known as the ‘sicca symptoms’. Patients with Sjogren's syn- 
drome, characteristically have positive nuclear and cytoplasmic antigens, typically 
Anti-Ro/SSA and Anti-La/SSB because of lymphocytic infiltration of the exocrine 
glands. Patients with primary Sjogren’s syndrome, develop systemic complica- 
tions, non-Hodgkin lymphoma being the most feared of these. We describe here 
a case of Sjogren’s syndrome with basal cell carcinoma, which presented with an 


ulcerated lesion on nasal dorsum. 
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Sjogren Sendromu ve Malignite / Sjogren’s Syndrome and Malignancy 


Introduction 

There has been known association of rheumatic disease with 
malignancy for many years. Autoimmune rheumatic diseases 
have a higher risk of malignancy by themselves. Also, they may 
be associated with malignancy as paraneoplastic conditions 
or because of the immunosuppressant treatments. It has been 
shown that there is an increased risk of haematological ma- 
lignancies, particularly non-Hodgkin's lymphoma and lymphoma 
of mucosal-associated lymphoid tissue (MALT), in patients with 
SS. 

We describe the first case of Sjogren’s syndrome with BCC in 
a 45-year-old woman. As with other malignancies , SS may be 
associated with BCC. 


Case Report 

A 45-year-old woman visited the outpatient department in our 
hospital in November 2008 presenting with artraljia, xerosto- 
mia and xerophthalmia. Her tenderness was widespread in all 
the joints of metacarpophalangeal, wrists, elbows and shoul- 
ders. 

Serological tests revealed positive antinuclear antibody (ANA) 
of 1:100 (homogeneous) and elevated C-reactive protein (CRP). 
But other serological tests were negative for anti-Ro (SS-A), 
anti-La (SS-B), antibodies against DNA, ribonucleoproteins 
(RNP), Sm and antineutrophil cytoplasmic antibodies. All of the 
other blood levels were normal. 

A minor salivary gland biopsy showed focal lymphocytic infiltra- 
tion ( an area of 4 mm2 in size, 2 and more focus, and each 
in focus, more than 50 lymphocyte) and an ophthalmological 
examination demonstrated a positive Schirmer’s test of <5mm 
bilateral. These findings were consistent with a diagnosis of 
primary SS. 

Low-dose methyl prednisone and hydroxychloroquine therapy 
were given at that time. After the symptoms were controlled, 
methyl prednisolone was discontinued and patient was treated 
with only hydroxychloroquine. 

During the past 4 years, the patient started to complain about 
an ulcerated lesion on nasal dorsum, rapidly growing for the 
last 6 months. Examination revealed an ulcerated tumor, mea- 
suring about 0.5 cm in diameter with elevated borders, on the 
nasal dorsum. Its surface was irregular and was the same color 
as the skin. There were no enlarged lymph nodes on her exami- 
nation and her general physical condition was stable. 

Skin biopsy was performed on December 2012 and the patient 
was diagnosed with BCC. (Figure 1). The patient was taken up 
for a complete resection of the lesion, involving a 0.5 cm safe 
margin. The site of the defect was reconstructed using a dor- 
sonasal flap. 


Discussion 

Sjogren’s syndrome (SS) is an autoimmune disease of the exo- 
crine glands, characterized by lymphocytic infiltration of sali- 
vary and lacrimal glands which causes the progressive destruc- 
tion of these glands, and by the production of autoantibodies 
[1]. It preferentially affects the exocrine glands, causing struc- 
tural harm to these organs that results in secretory dysfunction. 
Dryness of the eyes (xerophthalmia leading to keratoconjuncti- 
vitis sicca) and mouth (xerostomia) constitute the typical clini- 


Figure 1. Basal cell carcinoma with peripheral palisading basaloid cells in nasal 
dorsum 


cal components of the syndrome [2]. 

Patients with SS characteristically have high levels of immuno- 
globulins, nuclear and cytoplasmic antigens, typically Anti-Ro/ 
SSA and Anti-La/SSB. These autoantibodies are usually detect- 
ed at the time of diagnosis and are related to early disease on- 
set, longer disease duration and extraglandular manifestations. 
SS is more common in fourth and fifth decades. It commanly 
affects females, with 9:1 female: male ratio [3]. 

There has been known the association of rheumatic disease 
with malignancy for many years, but the explanation of this 
association remains unclear [4]. Several factors, including au- 
toimmune disease itself, genetics factors, viruses (EBV) and 
smoking have been implicated in the pathogenesis of tumor 
development. On the other hand, they may be associated with 
malignancy as paraneoplastic conditions or because of the im- 
munosuppressant treatments [5]. 

There are many studies which demonstrate that there is an 
increased risk of malignancies, particularly non-Hodgkin's lym- 
phoma in patients with rheumatoid arthritis, lung cancer in pa- 
tients with systemic sclerosis, who have underlying pulmonary 
fibrosis [4]. In patients with SS, lymphoproliferative diseases, 
mostly non-Hodgkin’s lymphoma; more rarely, Waldenstrom 
macroglobulinemia, chronic lymphocytic leukemia and multiple 
myeloma have been reported [5]. 

The risk of developing non-Hodgkin’s lymphoma in patients 
with SS is approximately 40-44 times greater than that in the 
general population [2]. As with other malignancies , SS may be 
associated with BCC. Here, we reported a case of SS with BCC, 
which has not been documented before. 

BCC is the most common cutaneous tumor, accounting for ap- 
proximately 70% of all malignant diseases of the skin [6]. BCC 
occurs frequently in the head-and-neck regions (%80), common 
sites of occurrence include the nose and eyelid. In addition, BCC 
exhibits a varied morphology such as adenoid, keratotic, seba- 
ceous, basosquamous or fibroepithelial. 

Its well-known etiologic factors include excessive exposure to 
radiation- especially ultraviolet (UV) exposure, arsenal expo- 
sure, pollution (effects of preservatives in food, artificial and 
natural radiation and cigarette smoke) and genetic predisposi- 
tion. [7] 

Immunohistochemistry, with clinical findings, helps to reach an 
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accurate diagnosis. Surgical excision has been considered the 
gold standard of treatment. For primary tumors not involving 
the head, surgical excision is generally curative with 5-year cure 
rates of more than 99% [8]. This cancer is characterized by the 
slow growth and it is well known that metastasis is relatively 
rare (less than 0.01% of cases) [6]. 

While the lifetime risk of basal cell carcinoma is high, for pa- 
tients with metastatic disease, morbidity and mortality remain 
exceedingly high. The most important risk factors for metasta- 
sis are tumor size, depth, and recurrence. Primary basal cell car- 
cinoma metastasizes usually via lymphatics. Metastasis most 
commonly occurs in regional lymph nodes, lungs, and bone [8]. 
In conclusion, rheumatic diseases have been associated with 
various malignancies. In patients with rheumatoid diseases, 
chronic inflammation is believed to be a major risk factor for 
the development of neoplasm [5]. Recognizing that a relation- 
ship between malignancy and rheumatic diseases is important 
to our future understanding of the pathogenesis. In this report, 
we encountered the first case of SS complicated with BCC. We 
recommend that patients with SS be carefully evaluated for 
other malignancies, and besides lymphoma, BCC should also 
be kept in mind. A special attention must be given to atypical 
symptoms, in patients with SS. 

Therefore, it is necessary to monitor patients with SS for the 
onset of the other malignancies and prospective studies are 
necessary to define its prognosis. 
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Ozet 

Hiperplastik gastrik polipler midenin en sik gértilen benign lezyonlarindandir. Sik- 
likla multiple, kiictik ve asemptomatiktirler, 6zefagogastroduodenoskopi veya rad- 
yolojik incelemeler sirasinda insidental olarak tani konulur. Dev hiperplastik polip- 
ler oldukca nadirdirler ve cogunlukla asemptomatiktirler. Altmisalt! yasinda bayan 
hasta akut gastrik kanama ile basvurdu. Gastrin seviyesi normal hastaya yapilan 
6zefagogasrtroduodenoskopide mide antrumdan kaynaklanan yaklasik 12 cm ¢a- 
pinda genis sapli diftiz kanama bulgulari gésteren polip izlendi ve biyopsiler alin- 
di. Hastaya subtotal gastrektomi + Roux-N-Y gastrojejunostomi ameliyati yapildi. 
Patoloji sonucu yer yer tilserasyonlarin ve stromada iltihabi graniilasyon dokusu- 
nun izlendigi hiperplastik polip olarak bildirildi. Akut list gastrointestinal kanama- 


larin ayirici tanisinda dev hiperplastik polipler akilda tutulmalidir. 
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Abstract 

Hyperplastic gastric polyps account for the majority of benign gastric polyps. The 
vast majority of these lesions are small, asymptomatic and found incidentally 
on radiologic or endoscopic examination. Giant hyperplastic gastric polyps are 
uncommon and most of them are asymptomatic. We report a case of a 66-year- 
old woman who admitted because of acute gastric bleeding. The gastrin levels 
were within normal ranges. Esophagogastroduodenoscopy showed 12 cm pedun- 
culated and multiple lobulated hyperplastic polyps arising from antrum with signs 
of diffuse oozing. The patient is treated by subtotal gastrectomy with Roux-Y 
gastrojejunostomy. Histological examination showed the presence of ulcers and 
regeneration findings with the contemporary occurrence of hyperplastic polyp. Gi- 
ant hyperplastic gastric polyp should be kept in mind in the differential diagnosis 
of acute upper gastrointestinal bleeding. 
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Introduction 

Gastric polyps are frequently found incidentally when upper 
gastrointestinal endoscopy is performed for any indication. 
(Approximately 6% of upper gastrointestinal endoscopic pro- 
cedures in United States [1]). These lesions rarely cause symp- 
toms or clinical signs. However, these polyps carry significant 
importance because of their malignant potential. Hyperplastic 
gastric polyps account for the majority of benign gastric polyps. 
Hyperplastic polyps, fundic gland polyps, gastric adenomas and 
some of gastric carcinoid tumors may present as a gastric pol- 
yp. These lesions usually occur in the antrum, but may occur in 
the other regions of stomach as well. Polyps greater than 2 cm 
are at significant risk for malignancy and they require complete 
resection [2]. When cause symptoms, these polyps may present 
with occult gastrointestinal bleeding or obstruction, rarely [3]. 


Case Report 

A 66 years old woman with congestive heart failure in her med- 
ical history came to the emergency room with acute gastric 
bleeding. She was suffering from nausea, hematemesis, vomit- 
ing, weakness, palpitation, abdominal pain, melena and rectal 
bleeding. Physical examination revealed marked tachycardia 
120 b/min, blood pressure 80/60 mmHg pallor, pretibial edema 
and S3 gallop rhythm with auscultation. Laboratory data re- 
vealed severe iron deficiency anemia with hemoglobin level of 
7.5 g/dl and mean corpuscular volume of 62.3 fL. The red cell 
distribution width was 29.8 and the reticulocyte count was 3%. 
On further investigation, the serum iron level was low at 13 
mcg/dl, total iron binding capacity (TIBC) was elevated at 386 
mcg/dl and the transferrin saturation was low at 2,7%. Serum 
ferritin level was 4,5 ng/ml, the vitamin B-12 level was 1394 
pg/ml and all other biochemical work up for anemia was within 
normal ranges. As part of upper gastrointestinal bleeding work 
up endoscopy and endoscopic biopsies were performed urgent- 
ly. The esophagogastroduodenoscopy showed a giant pedun- 
culated hyperplastic polyp arising from antrum. Diffuse oozing 
and numerous diffuse polyps of varying size and shape filling 
the antrum were noticed (Figure-1). On the first day of admis- 
sion 4 units of erythrocyte suspension and 4 units of fresh 
frozen plasma transfusion were performed. After transfusion 


Figure 1. Endoscopic image of pedunculated polyp arising from antrum 


and intravenous hydration patient’s vital findings are stabilized. 
Hemoglobin level was 10,5 g/dl. On the second day of admis- 
sion echocardiography was performed. Ejection fraction was 
determined as 45% and minimal pericardial effusion detected. 
Second look esophagogastroduodenoscopy showed that the 
bleeding has stopped. After cardiology consultation, treatment 
of heart failure is regulated. Histopathological examination was 
reported as hyperplastic polyp with the contemporary occur- 
rence of foveolar hyperplasia. 

The patient underwent a subtotal gastrectomy with Roux-Y 
esophagojejunostomy reconstruction on the fourth day of ad- 
mission. Open surgery preffered due to patient’s cardiac status. 
Inspection of the specimen showed that the polyp has the larg- 
est diameter of 12cm. No postoperative complications occured 
and the patient is discharged on the postoperative sixth day. 
The histopathological examination of the specimen confirmed 
the presence of hyperplastic polyp with the contemporary oc- 
currence of foveolar hyperplasia, ulcers and regeneration find- 
ings mixed hyperplastic and adenomatous polyps, and adeno- 
matous polyps with a tubular pattern. Some polyps had aspects 
of serrate adenoma. Atrophic gastritis with intestinal metapla- 
sia was also present, with no morphological and histochemical 
evidence of Helicobacter pylori infection. 


Discussion 

Gastric polyps can be classified as hyperplastic, adenomatous, 
fundic or inflammatory polyps. Hyperplastic polyps account for 
25-90% of gastric polyps [4,5]. Most gastric polyps have as- 
ymptomatic presentations and are incidental findings on up- 
per endoscopy with an incidence of approximately 6% [1]. Their 
pathogenesis is unknown but the vast majority of hyperplastic 
polyps occur as multiple lesions often arising from inflamed 
gastric mucosa [6]. Infection of the gastric mucosa with He- 
licobacter pylori has been reported in up to 90% of the cases. 
The non bacterial causes are chemical or reactive gastritis [4]. 
However our patient did not have any documented history of 
Helicobacter pylori. Polyps can ocur in any part of the stomach. 
Hyperplastic polyps were most common in the antrum (60%). 
Multiplicity of hyperplastic polyps and a proximal location are 
common in patients with autoimmune gastritis [7]. Pathologi- 
cally, they are characterized by dilated, tortuous gastric foveoli 
set within an inflamed, edematous stroma [8]. 

Symptomatic presentations can range from an ulcerated polyp 
leading to anemia and occult bleed to complete gastric outlet 
obstruction [9]. In fact, ina series of 987 patients by Al-Haddad 
et al [10]. the incidence of hyperplastic polyps in iron-deficiency 
patients was reported to be 1.4% and the largest polyp was 5 
cm in diameter. Anemia is the most frequent clinical manifesta- 
tion of diffuse gastric polyposis [11]. Carcinomatous transfor- 
mation of isolated hyperplastic polyps is rarely reported, occur- 
ring in less than 2% of cases. The risk increases when they are 
associated with pernicious anaemia [12,13]. 

Hyperplastic polyps can vary in size from a few millimeters to 
several centimeters, with the largest polyp reported being 9 cm 
[6]. Average size of hyperplastic polyps is approximately 1 cm in 
maximal diameter. In our case the size of the polyp was 12 cm. 
Giant hyperplastic gastric polyps are fairly uncommon. Patients 
with hyperplastic polyps, greater than 3 cm in largest diameter, 
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are more likely to be symptomatic. These giant hyperplastic pol- 
yps represent about 2% of all hyperplastic polyps. These lesions 
may result from merging of focal clusters of small hyperplastic 
polyps, and become a conglomerate mass. They are seen as 
smooth, lobulated masses in the antrum [14]. Also, there are re- 
ported cases of pancreatitis and duodenal mass and pancreati- 
tis due to giant gastric hyperplastic polyps in the literature [15]. 
On searching the PubMed database (www.ncbi.nlm.nih.gov/ 
PubMed) for hyperplastic gastric polyps, we found three cases 
of hyperplastic gastric polyps, presenting with acute upper gas- 
trointestinal bleeding [16-18]. The polyp became an obstacle 
inside the lumen of duodenum causing obstruction in the first 
mentioned patient and hematemesis was resulted in due to 
secondary hypergastrinemy. Polyps were not large in the other 
two cases and anticoagulant drug utilization was blamed for 
bleeding etiology. Endoscoping hemoclipping was the treatment 
procedure for bleeding in the case reported by Okana et al [17]. 
Gastric wedge resection was applied for the polyp localised to 
the smaller curvature of stomach in the case reported by Na- 
yuda et al [18]. In our case the patient came to the emergency 
room with sings of acute upper gastrointestinal bleeding as he- 
matemesis, melena and rectal bleeding. There is no anamnesis 
of anticoagulant drug utilization in our case. The probable rea- 
son for bleeding was the enlargement of the polyp into huge 
size and the patient had to had subtotal gastrectomy for this 
reason. In our case the size of the polyp is quite remarkable. 
But the main point to be taken into consideration is the need 
for radical surgery for patient. There is no alternative treatment 
other than radical gastrectomy for the gastric polyp which is in 
giant diameter and causes severe bleeding. 

In conclusion, giant hyperplastic gastric polyp should be kept in 
mind in the differential diagnosis of acute upper gastrointes- 
tinal bleeding. Endoscopic management of small sized gastric 
polyps prevents future feasible complications. 
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Ozet Abstract 


30 yasinda Romatoid artrit (RA) tanisi oldugu bilinen, son iki yildir diizenli ilac kul-_ 4 30-year-old woman who had been diagnosed rheumatoid arthritis many years 


lanimi ve doktor takibinde olmayan olgu ani baslayan yan afrisi sikayeti ile bas- ago and not treated since 2 years was referred to local the Department of Chest 


re a ie : eee , Diseases of State Hospital with a sudden onset of right lateral chest pain. The 
vurdu. PA akciger grafisinde plevral efiizyon ile uyumlu gériiniim izlendi. Torasen- chest X-ray on admission showed pleural effusion on the right hemithorax. Thora- 


tez uygulandi. Hemorajik nitelikte plevral eflizyon alindi. Klinik, radyolojik ve labo- ——centesis was applied. Hemorrhagic pleural effusion was obtained. It was thought 

ratuvar bulgulari ile romatoid plérezi diistiniildi. Bu makalede olgumuz, RA'‘li olgu- rheumatoid pleurisy with its clinical, radiological and laboratory findings. In this 

larda ortaya cikan plevral efiizyonun ayirici tanisi sirasindaki zorluklar ve ayrinti-  CaS€ report, we have presented the diffuculties during differential diagnosis of 
, S vee pleural effusion in rheumatoid arthritis patients and details accompanied by a 

lar! vurgulamak amaciyla literatiir esliZinde sunulmustur. 

literature review. 
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Giris 

Romatoid artrit (RA) % 0.4-1 oraninda gérilen, kronik seyirli sis- 
temik inflamatuvar bir hastaliktir. Genellikle eklemlerde simet- 
rik tutulum yapar, ancak klinik g6zlemler ve calismalarda hasta- 
ligin sistemik 6zelligini yansitan yaygin eklem disi tutulumu da 
gosterilmistir [1]. Romatoid faktér (RF) diizeyi yuksek olanlarda 
eklem dis! organ ve/ veya sistem tutulumu daha sik gorildigi 
bildirilmektedir. RF ve antiniikleer antikor (ANA) pozitifligi, si- 
gara kullanimi ve erken fonksiyon kaybi, eklem disi tutulum i¢in 
onemli belirtecler olarak degerlendirilmistir [2]. 

RAde akciger tutulumu havayolu hastaliklari, ploritis (sivill veya 
sivisiz), bronsektazi, romatoid nodul, bronsiolitis obliterans or- 
ganize pndmoni (BOOP), interstisyel akciger hastaligi, pulmo- 
ner vaskiller lezyonlar ve pulmoner hipertansiyon seklinde ola- 
bilir [3, 4]. Klinik semptom veren plevral eftizyon RAIi %3-5 ol- 
guda gorilir [5]. 

RA‘te plevral effiizyon genellikle tek tarafll, az veya orta miktar- 
da plevral sivi seklinde goriltir. Plevral sivida pH ve glukoz diize- 
yi diistik, LDH yiiksektir; eksuda niteligindedir [3]. 

RAe bagli tek tarafll plevral effiizyonu olan, streoid tedavisi ile 
plevral effiizyonu tedavi olan olgu nadir gortilmesi ve RA'te plev- 
ral effiizyonun ayirici tanilarindaki zorlugu vurgulamak amaciyla 
literatiir esliZinde sunmay! uygun bulduk. 


Olgu Sunumu 

30 yasinda, sigara dykiisu olmayan kadin hasta birkag giindir 
olan sag yan a@risi sikayeti ile gogiis hastaliklari poliklinigimize 
basvurdu. 15 yildir RA tanisi mevcut olan olgunun son iki yildir 
romatoloji poliklinik kontroliine gitmedigi ve diizensiz ilag kul- 
landigi 6grenildi. Klinik basvurusunda belirgin bir eklem a@grisi 
tariflememekteydi. Cekilen akciZer grafisinde sag sintis kuint- 
lugii, sol bazalde dansite artisi gdzlendi (Resim-1). Toraks bil- 


Resim 1. Olgunun klinigimize basvurusunda ¢ekilen PA akciger grafisi 


gisayarl! tomografide sagda fissiir icine uzanan plevral efiiz- 
yon saptandi, pulmoner emboli veya akciZer kanserini dusiin- 
durecek herhangi bir bulgu izlenmedi (Resim-2). Plevral eftizyon 


We OS 
=... 


Resim 2. Klinigimize basvurusunda cekilen toraks BT gértintiisti 


Resim 3. Tedavinin 1.ayinda cekilen PA akciger grafisi 


etiyolojisini degerlendirmek amaciyla torasentez yapildi. Hemo- 
rajik gorunimdeki torasentez sivisinin biyokimyasal inceleme- 
sinde glukoz 90 mg/dl, protein 4.8 g/dl (serum:3.8 g/dl), LDH 
559 U/L (serum:348 U/L), adenozin deaminaz (ADA) 28 U/L sap- 
tandi. Plevral sivi sonucu eksuda olarak yorumlandi. Plevral sivi 
nonspesifik kiilttiriinde ve tuberkiloz kiilturtinde ireme saptan- 
madi. Sitolojik incelemesinde notrofil hakimiyeti mevcuttu. Ro- 
matoid artrit tanisi olan ve serum RF diizeyi 198.3 mg/dl dl¢iilen 
hastada klinik radyolojik ve laboratuar bulgulari ile ayirici tani- 
lari yapilarak plevral efiizyon etiyolojisinin RAe bagl oldugu di- 
sUntldi. Romatoloji hekimi tarafindan konsilte edilerek prednol 
16 mg/giin seklinde tedavisi yeniden diizenlendi ve takibe alin- 
di. Olgunun 1. ay kontrol akciger grafisinde plevral efizyon sap- 
tanmadi (Resim-3). Ayiric! tanisinda pulmoner emboli, tuberku- 
loz ve malignite dislanan hastamizda klinik, radyolojik ve labo- 
ratuvar verileri ile RAe bagli plevral efizyon diistiniilmts ve bas- 
lanmis olan kortikosteroid tedavi ile 1. ayda radyolojik regres- 
yon saglanmistir. 
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Tartisma 

Akcigerler konnektif doku ve yogun vaskiler yap! igermeleri ne- 
deni ile kollojen doku hastaliklarinda sik tutulum gostermekte- 
dir. Romatoid artritte akciger tutulumu plevra ve parankim tutu- 
lumu, vaskiler lezyonlar seklinde olabilir. RA 4.-5. dekatlarda pik 
yapan, kadinlarda daha sik goriilen kronik inflamatuvar bir has- 
taliktir [1-6]. Fakat romatoid plorezisi olan olgular genellikle ile- 
ri yas, erkek olgulardir. Bizim olgumuz ise geng kadin hastaydi. 
Romatoid plorezi gelisimi RAde hastalik ata! olarak kabul edil- 
mektedir [7]. Nitekim olgumuz gebelik ve emzirme nedeniyle son 
iki yildir dizensiz ilag kullandigini belirtmis, RA tedavisi yeniden 
dizenlendikten sonra sikayetleri gerilemistir. 

Plevral efiizyon, genellikle hastaligin eklem tutulumundan sonra, 
ancak bazen eklem tutulumuyla ayni zamanda ya da daha once 
ortaya ¢ikabilir [8]. Olgumuz 15 yasinda eklem tutulumlari ile 
tani almis, 15 yil sonra da plevral sivisi ortaya ¢ikmisti. 

Plevral sivi pseudosil6z, ser6z ve hemorajik olabilir [9]. Pseudo- 
sil6z efizyonlar tiberkiloz plorezilerinde de goriulebilmektedir. 
Olgumuzun yapilan torasentez sonucu alinan plevral efiizyonu 
ise hemorajik nitelikteydi. 

RAda plevral efiizyon ekstida 6ézelliZinde olup %80 olguda glu- 
koz 30 mg/dL altinda bulunmaktadir [5]. Plevra sivisinda glukoz 
oraninin cok diisik gériilmesi ampiyem ve RAde izlenmektedir. 
inflamasyonlu ve kalin plevranin, glukozun plevral bosluga geci- 
sini engelledigi ve plevral yizeyde glukoz tiiketiminin arttigi dii- 
sUntilmektedir [10]. Ancak olgumuzda plevral sivi glukoz seviyesi 
normal sinirlarda bulunulmustur; akut romatoid plorezide gluko- 
zun normal olabilecegi belirtilmistir [9]. Bulcun ve ark. [11] RA’e 
bagli plevral ve perikardiyal efiizyonlu olgusunda, Guldogan ve 
ark. [12] akciZer semptomlari ile baslayan RA olgusunda plev- 
ral efizyonda glukoz diizeyleri normal diizeylerde bulunmustur. 
Plevral sivida RF olciilebilecegi belirtilmis, fakat genellikle se- 
rum degerini yansittigindan ve diger etyolojilerde de pozitif bu- 
lunabildiginden taniya cok fazla katkis! olmadigi belirtilmektedir 
[9]. Bizim olgumuzda plevra sivisinda RF degeri istenmemistir. 
Ozellikle sigara icenlerde plevral efiizyon ayirici tanisinda mut- 
laka maligniteler de diisinulmelidir. Sigara kullanmayan olgu- 
muzun ¢ekilen toraks BT’sinde malignite bulgusu saptanmadi. 
Plevral sivi yaymasinda notrofil hakimiyeti vardi. Sitolojik ola- 
rak benign olarak degerlendirildi. 

Yine tlkemizde tiiberktiloz insidansinin yiiksek olmasi da ayiri- 
ci tanida tiberkiloz ploreziyi akla getirmistir. RA’e bagli plevral 
efiizyonda da ADA yiiksekligi gortilebilmesine ragmen olgumu- 
zun plevral sivisinda ADA diizeyinin distk saptanmasi, plevra si- 
vis! asidorezistan basil direkt bak! sonucunun negatif olmasi ne- 
deniyle tdberkiiloz tanisindan uzaklasilmistir. izlemde tiiberkilloz 
kulturdinde lireme saptanmamistir. 

Ani gelisen yan agrisi olmasi, sivisinin az miktarda ve hemorajik 
olmasi nedeniyle ayirici! tanida pulmoner tromboemboli de dii- 
sunilerek toraks anjioBT cekildi. Pulmoner arterlerde emboli ile 
uyumlu dolum defekti izlenmedi. 

Ayirici tanilari yapildiktan sonra klinik, radyolojik ve laboratuvar 
bulgulari ile romatoid plérezi tanis! konan olgumuzun, kortikos- 
teroid tedavisi diizenlendikten 1 ay sonraki kontroltinde plevral 
sivi tamamen kaybolmustur. 

Sonug olarak, RAIi olgularda ortaya cikan plevral eftizyon pri- 
mer hastaliga bagli ortaya ¢ikabilecegi gibi basta immiinsup- 
resyon nedeniyle tiiberkiloz, malignite, bakteriyel infeksiyonla- 


ra da bagli olabileceginden dikkatli olunmalidir. Detayl incele- 
nip ayirici tanisinin yapilmasi uygun tedavinin secilmesi agisin- 
dan 6nemliidir. 
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Management of a Large Ovarian Cyst with Torsion 
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Ozet 

Over kistleri kadinlarda pelvik kitlelerin en sik nedenidir. Over kistlerinin altin stan- 
dart tedavisi laparoskopik cerrahi olarak diisiiniilmesine karsin, pek cok buyiik over 
kisti, teknik giiclikler nedeni ile laparotomi ile tedavi edilmeye devam etmektedir. 
Bu tir olgularin yonetiminde laparoskopik asiste kistektomi alternatif bir operas- 
yondur. Bu yazida 21 yasinda bakire bir hastada torsiyone olmus bilyiik bir over 
kisti olgusu sunulmaktadir. Bu olguda intraoperatif bir komplikasyon olmadan la- 
paroskopik asiste kistektomi ger¢eklestirimistir. Postoperatif dénem sorunsuz idi. 
Patoloji benign seréz kistadenom olarak rapor edildi. 6 aylik takipte hasta asemp- 
tomatik olmaya devam etti ve sonografide hastaliga iliskin bir rekiirrens gozlen- 
medi. Laparoskopik asiste kistektomi btiylk adneksiyal kistler icin etkin ve giiven- 


li bir prosediirdiir. 
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Abstract 

Ovarian cysts are the most common cause of pelvic masses in women. Although 
laparoscopic surgery is considered the gold standard treatment for ovarian cysts, 
most of the large ovarian cysts continue to be treated by laparotomy due to 
technical difficulties. Laparoscopic-assisted cystectomy is an alternative opera- 
tion type for managing such cases. A case of large ovarian cyst with adnexal 
torsion in a 21-year-old virgin patient is presented in this report. In this case 
laparoscopic-assisted cystectomy was performed without intraoperatif complica- 
tion. Postoperative course was uneventful. Pathology revealed a benign serous 
cystadenoma. At 6 months follow up, she continued to be asymptomatic, and 
sonography showed no recurrence of her disease. Laparoscopic-assisted cystec- 


tomy is a safe and effective procedure for large adnexal cysts. 
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Introduction 

Ovarian cysts are the most common cause of pelvic masses in 
women, and in the majority of the cases, women are in their 
fertile age [1]. Today, the surgical treatment has become more 
conservative and less invasive; hence, a laparoscopic approach 
in the presence of benign cysts has become a gold standard 
[2]. Most of the large ovarian cysts, however, continue to be 
treated by laparotomy because of large tumor size, suspicion of 
malignancy or inadequate surgeon experience. Laparoscopic- 
assisted cystectomy is an alternative operation type for man- 
aging such cases [3]. 

In this report we present a 14 cm serous cystadenoma man- 
aged by laparoscopic-assisted cystectomy 


Case Report 

A 21- year-old virgin patient presented with severe right- sided 
pelvic pain. Abdominal sonography revealed a 14 x 8 centime- 
ters large cystic lesion occupying nearly the entire right side 
of the abdomen. There was no sign of calcification or papillary 
projection. A moderate amount of free intraperitoneal fluid was 
present in the cul-de-sac. Sonographic findings were sugges- 
tive of adnexal torsion. The levels of serum tumor markers were 
normal. 

Both laboratory studies and imaging findings supported the be- 
nign nature of the cystic mass. Assuming the cyst to be benign 
in nature, laparoscopic excision was planned. Two ports with 
the diameter of 10 mm were used. After creating pneumoperi- 
toneum by Verres needle we introduced a 10 mm trocar in to the 
abdominal cavity from the lower border of the umbilical fold. A 
second 10 mm trocar was inserted at the mid-line 2 cm above 
the pubic margin. The cyst wall was punctured and drained by 
suction device through this supra-pubic entry. When the cyst 
became flaccid, the puncture site on the cyst was grasped with 
forceps. After visualization of pelvic structures completely, de- 
torsion of the twisted adnexa was performed. Later the cyst 
was pulled out under direct telescopic vision (Figure 1). At that 


Figure 1. Extirpation of cyst capsule 


time supra-pubic incision was widened to 3 cm. Extracorporeal 
cystectomy was performed successfully (Figure 2). After achiev- 
ing adequate hemostasis, the edges of ovary tissue were ap- 
proximated by 3-0 vicryl and placed into its original site. The 
estimated blood loss was 50 ml. The operative time was 15 
minutes. Postoperative course was uneventful. The patient was 
discharged on the postoperative day 2 without any complica- 
tions. Pathology revealed a benign serous cystadenoma. At 6 
months follow up, she continued to be asymptomatic, and so- 
nography showed no recurrence of her disease. 


Figure 2. Cyst capsule 


Discussion 

In the present case, the patient is a virgin and both aesthetic 
and fertility results of the operation are important issues. Al- 
though laparoscopy is commonly chosen in such cases, some- 
times laparotomy is preferred because of large tumor size, sus- 
picion of malignancy or inadequate surgeon experience. 

The extremely large ovarian cyst presents a major challenge for 
the endoscopic surgeon. Increased probability of malignancy, 
technical problems related to the removal of such cysts and 
perioperative problems related to cardiorespiratory functional 
changes may complicate surgery for such cysts [4]. Some sur- 
geons limited laparoscopic surgery to ovarian cyst of size less 
than 10 cm [5-6]. For apparently benign, extremely large ovarian 
cysts; only few surgeons advocate laparoscopic management 
[7,8]. Salem [8] reported 15 cases of large benign ovarian cysts 
reaching above the level of the umbilicus, which were managed 
laparoscopically. Sagiv et al. [9] reported the outcomes of 21 
patients with extremely large ovarian cysts who were managed 
laparoscopically. They concluded that with proper patient selec- 
tion the size of an ovarian cyst is not necessarily a contradic- 
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tion for laparoscopic surgery. 

During the laparoscopic excision of large ovarian cysts, some- 
times the cyst wall cannot be removed completely without 
damaging the normal ovarian tissue leading to inadequate cure 
rates. Additionally satisfactory hemostasis could not be man- 
aged easily thus more than required tissue is coagulated result- 
ing more functional tissue lost from the ovary. 

Laparoscopic assisted surgery is an alternative procedure for 
large adnexal cysts. Panici et al. [10] compared laparoscopy 
with laparoscopically guided minilaparotomy for large adnexal 
masses. They concluded that laparoscopically guided minilapa- 
rotomy should be considered in women desiring a minimally in- 
vasive strategy for large cysts. Gocmen et al. [11] reported the 
surgical outcome of 46 women underwent laparoscopy-assisted 
surgery for large adnexal cysts. The authors suggested that lap- 
aroscopy-assisted surgery is feasible and safe for women with 
large benign adnexal cysts and results in a short surgery time. 
In contrast to laparoscopy, complete extirpation of the cyst wall 
and satisfactory hemostasis could be managed easily by laparo- 
scopic assisted cystectomy. In this procedure the operative time 
is shorter which is crucial for patients with cardiorespiratory 
problems and the cosmetic results of the operation is compa- 
rable with laparoscopy. 

In conclusion laparoscopic-assisted cystectomy is a safe and 
effective procedure for large adnexal cysts and possibly be su- 
perior to the laparoscopy in terms of preservation of normal 
ovarian tissue. 
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Sakrokoksigeal Teratom Olgusunun Prenatal Tanisinda 
2 ve 3 Boyutlu Ultrasonografinin Kullanimi: Olgu Sunumu 


The Usage of 2 and 3-Dimensionel Ultrasound in Prenatal 
Diagnosis of Sacrococcygeal Teratoma: Report of a Case 


Sakrokoksigeal Teratom Olgusunun Prenatal Tanisi / Prenatal Diagnosis of Sacrococcygeal Teratoma 
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Ozet 

Sakrokoksigeal teratom 1:40.000 canli dogum prevalansi ile tiim fetal tiimorle- 
rin yarisini olusturmaktadir. Siklikla benign davranisli olmasina ragmen, kalp yet- 
mezligi ve hidropsa neden olmasi mortalite ve morbidite oranini yiikseltmekte- 
dir. Koti prognoza neden olan faktorler kitlenin solid komponentinin fazla olmasi 
ve 30 haftadan once hidrops gelismesidir. Prenatal d6nemde B mod, renkli Dopp- 
ler ultrasonografi ve ti¢ boyutlu ultrasonografi (3B US) ile lezyonun karakterizas- 
yonu yapilabilmektedir. 27 yasinda G2P1 gebeye yapilan obstetrik ultrasonogra- 
fik degerlendirmede, biometrik dlciimlere gore 18. haftalik kiz fetusta, sakrokok- 
sigeal bélgede, 22x23 mm boyutlarinda, diizgiin sinirli, heterojen ekojen icyapida 
kitlesel lezyon saptandi. Ailenin gebeligin devamini istemi ile gebelik terme kadar 
yakin takip edildi. Tumoriin ani hizli buyiimesi nedeniyle, fetal hidrops veya pla- 
sentomegali gibi komplikasyonlar gelismemisken gebeligin 36. haftasinda sezar- 
yen ile komplikasyonsuz olarak dogum gerceklestirildi. Operasyon sonucu histo- 
patolojik degerlendirmede sakrokoksigeal bélgedeki kitlesel lezyon immatiir tera- 
tom olarak raporlandi. 
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Abstract 

Sacrococcygeal teratoma (SCT) with an estimated prevalence of 1:40.000 in liv- 
ing deliveries, accounts for the half of all fetal tumors. Although it occasionally 
poses a benign aspect, the rate of high mortality and morbidity due to this tumor 
occurs as a result of cardiac failure and hydrops. Poor prognostic factors of these 
tumors are the apparent (occurrence) of hydrops before 30 weeks in utero and 
occupying more solid component. In prenatal term characterization of this tumor 
can be made by B scan Doppler ultrasonography and three-dimensional (3D) ultra- 
sonography. By the help of obstetric ultrasonographic evaluation of a 27 years old 
G2P1 pregnant, we determined a regular bordered and heterogenic endo-struc- 
tured mass placed on the sacrococcigeal region of an 18 week old fetal girl ac- 
cording to biometrical measurements. Dimensions of this mass were 22x23 mm. 
Closed follow up was made till to term because of the demand of her parents for 
continuing the pregnancy. Since there were a sudden enlargement of tumor, just 
before occurrence of complications like fetal hyrops or plesantomegaly, delivery 
was achieved successfully without complication in 36th week. As a result of op- 
eration, histopathological examination of this mass revealed immature teratoma. 
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Giris 

Sakrokoksigeal teratom (SKT) en sik goriilen retroperitoneal 
benign tiimordiir. Sakrum veya koksiksin 6n yiizeyinde bulunan 
Hensen’s nodule denen pluripotent huicrelerden kéken aldigina 
inanilmaktadir. 1: 40.000 canli dogum prevalansi ile tiim fetal 
timorlerin yarisini olusturmaktadir [1]. 

SKT’un klinik 6nemi prenatal ve perinatal mortalite ve morbi- 
diteyi arttiran ek patolojilerle birlikte izlenmesinden kaynaklan- 
maktadir [2]. 

SKT ultrasonografik gelismeler sayesinde sakral bélgeden bas- 
layan perine veya kalcaya dogru cikintili kistik, solid veya mikst 
kitle seklinde erken dénemde tani almaktadir. Ancak, kistik 
SKT'lar yanlislikla anterior sakral meningomiyelosel tanisi ala- 
bilir [3]. 

Sonografik olarak malign / benign ayriminin yapilmas! miim- 
kiin olmamasina ragmen gebelik sirasinda izlenebilecek mater- 
nal ve fetal komplikasyonlar ile gebeliZi ve dogum seklini belir- 
lenmesinde sonografinin yeri biiyiktr. Bu sunumda prenatal iki 
boyutlu (2B) ve Gg boyutlu (3B) ultrasonografi (US) gériintileme 
ile SKT tanisi alan olgunun g6rintilerini literati esliginde tar- 
tismay! amacladik. 


Olgu Sunumu 

27 yasinda G2P1 gebe klinigimize ilk obstetrik muayenesi i¢in 
basvurdu. Gebenin obstetrik 6ykUstinde anomalisi olmayan bir 
sezaryen dogumu vardi. Mevcut gebeliginde herhangi bir ila¢ 
kullanimi, gecirilmis bir hastalik 6ykiisu yoktu. Gebenin esiy- 
le akrabalig! veya ailesinde anomalili bir dogum yoktu. Yapilan 
obstetrik ultrasonografik degerlendirmede, biometrik dlcumle- 
re gore 17. haftalik kiz fetusta, 2B US incelemede sakrokoksi- 
geal bélgede, 22x23 mm boyutlarinda, heterojen igyapida, eko- 
jenik alanlar ve daha az oranda kistik komponentten olusan kit- 
lesel lezyon saptandi (resim 1). Yapilan 3B US incelemesinde de 
sakrokoksigeal bélgedeki diizgiin yiizeyli kitle lezyonu goriintti- 
lendi (Resim 2). Fetusun ayrintili incelemesinde kranial veya spi- 
nal baskaca bir problem izlenmedi. Ailenin gebeligin devami is- 
temi ile gebelik terme kadar yakin takip edildi. Gebenin kontrak- 
siyonlarinin baslamasi nedeniyle, fetal hidrops veya plasento- 
megali gibi komplikasyonlar gelismemisken gebeligin 36. hafta- 
sinda sezaryen ile komplikasyonsuz olarak dogum gerc¢eklesti- 
rildi. Yenidogan dogumdan 2 giin sonra cerrahisi yapilmak tze- 
re cocuk cerrahisi klinigine sevk edildi. Operasyon sonucu histo- 
patolojik degerlendirmede sakrokoksigeal bolgedeki kitlesel lez- 
yon immatiir teratom olarak raporlandi. 


Tartisma 

En sik konjenital tiimoér olan teratomlar ayni zamanda yeni- 
dogan ve cocuklarda da en sik goriilen germ hicreli tumérdir. 
1:35000 ile 1:40000 dogum sikliginda gortilmekte olup sakro- 
koksigeal bolge teratomlarin en sik yerlesim gésterdigi yerdir. 
Kizlarda 4 kat daha sik gortilmektedir [4]. Bizim olgumuz da bu 
veriyi destekleyecek sekilde kiz fetiisti. 

Teratomlarin makroskobik gériintimu tipiktir ve olgularin 
%88’inde tniloktile sebase materyal iceririler. Sac, deri glandla- 
ri, kas, kalsifikasyon ve diger dokular tiimor icerisinde izlenebi- 
lir. Siklikla izlenen ve kitle igine dogru projekte olan solid kom- 
ponent Rokitansky nodilti olarak adlandirilir [5]. Olgumuzda kit- 
le igerisinde yag komponentini diisiinduren ekojenik alanlar ve 


Resim 1. Sakrokoksigeal teratoma ait iki boyutlu ultrason goriintileri (A)sagittal 
ve (B)koronal goriintiilerde fetal lumbosakral bélgede solid komponentlerden olu- 
san biiytik boyutlu kitle, (C)aksiyal gértintiide icerisinde milimetrik kalsifik alanlar 
(ok) bulunan solid kitlesel lezyon 


Resim 2. Ug boyutlu ultrason gériintiistinde sakrokoksigeal bélgede lobule kontur- 
lu kitle lezyonu (ok) 


kalsifikasyonu dustindiiren kemik ile benzer hiperekojen, poste- 
rior akustik gdlgelenmesi izlenen alanlar mevcuttu. 

SKT olan olgularda prenatal mortalite ve morbidite saglikli ol- 
gulara kiyasla daha yiksektir. Biyik solid timorlerde gelisen 
belirgin arterioven6éz santlar fetal kardiak yetmezlik ve hidrops 
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gelisimine neden olabilir. Erken dogum, anemi, distosi ve tumor 
ruptirii perinatal mortalite ve morbiditeyi ykselten diger fak- 
torlerdir. SKT olan hastalarda %15 oraninda imperfore anus, 
sakral kemik defekti, uterus veya vajina duplikasyonu, spina bifi- 
da veya meningomyelosel gibi ek anomaliler gézlenebilir [2]. Bi- 
zim olgumuzda eslik eden baskaca anomali saptanmadi. Otuz 
altinci haftaya dek takiplerde komplikasyon gelismedi. 

Boyutlari 5 cm’nin altinda olan ve ilave anomali igermeyen sak- 
rokoksigeal teratomlarda vajinal dog8um miimktin olmasina rag- 
men 5 cmden biytik lezyonlarda distosi veya hemoraji riski ne- 
deni ile sezaryen tercih edilmektedir [6]. Olgumuz 36. gebelik 
haftasinda kontraksiyonlarin baslamasi nedeniyle mikerrer se- 
zaryen olan olgu sezaryen ile dogurtuldu. 

Dogumda sakrokoksigeal teratomlarin %80'i farklilasmis matiir 
ve tipik olarak pelviste bulunmayan hicreler igeren benign ka- 
rakterde, %20’si ise siklikla néral orijinli immattr dokular i¢ge- 
ren malign karakterdedir [7]. Olgumuzda Postpartum operasyon 
sonrasi histopatolojik tan! immatiir teratom olarak degerlendi- 
rildi. 

Her ne kadar antenatal ultrason ile malign timorlerin benign 
timorlerden ayrimi yapilamasa da antenatal tani ve takip asa- 
masinda, dogum zamaninin ve seklinin belirlenmesinde prognoz 
tahmininde vazgecilmez bir 6neme sahiptir. 

Gebeligin erken haftalarinda SKT tespitinde en 6nemli yontem 
2B US olmasina ragmen siklikla 3B US ile tamamlayici bir se- 
kilde kullanilmaktadir. Ultrasonografik inceleme sirasinda 6zel- 
likle sakral bolgede kistik, solid veya her iki komponenti de bir- 
den bulunduran mikst yapida ve i¢gerigine gore degisik eko de- 
gerlerinde olabilen, bazen intraabdominal ve pelvik uzanim gos- 
terebilen kitle izlenir. Ancak 3B US tekniginin gelisimi ile birlik- 
te SKT’un ozellikle lokalizasyon, boyut, sekillinin belirlenmesi ve 
vertebra ile iliskisinin saptanmasinda 6nemli katki sagladigi ¢e- 
sitli calismalarda belirtilmistir [8,9]. 

3B ultrason ile birlikte kullanilacak Power Doppler tumor doku- 
suna ait disk akim hizina sahip kiigik vaskuler yapilar! géste- 
rebilecek hassasiyete sahiptir. ilave olarak vaskiiler yapilar ve 
fetal sirkUlasyon arasindaki iliskinin tanimlanmasini ve SKT’un 
kitle igerisindeki vaskiler yapilarin gésterilerek meningomyelo- 
selden ayrimini da mimkin kilar [10,11]. Olgumuzda daha ¢ok 
ekojenik solid komponentlerden olusan kitle lezyonu Doppler US 
da az sayida vaskiiller kodlanma gostermekteydi. 

Ozetle; prenatal ultrasonografi; sakrokoksigeal teratom olgula- 
rinda tim6r saptanmasi, biiyiime hizinin ve eslik edebilecek di- 
ger anomalilerin degerlendirilmesinde, komplikasyonlarin erken 
tespit edilmesinde, dogum icin uygun zaman ve yontemin belir- 
lenmesinde 6nemlidir. 

3B US ile kitlenin yizeyinin goriintilenmesi ile kitlenin kaynag, 
morfolojisi ve ailenin patolojik durumu daha iyi anlayabilme ola- 
siliginin saglanabilmesi agisindan 6nemli oldugu gériisuindeyiz. 
Bu nedenlerle 3B US prenatal sakrokoksigeal teratom tanisinda 
2B US‘un tamamlayicisi oldugunu diistintiyoruz. 
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Gzet 

Rektus abdominis kas! yerlesimli endometriozis nadir goriilen bir hastaliktir. Kli- 
nigimizde rektus abdominis kas yerlesimli endometriozis tanisi ile cerrahi tedavi 
uyguladigimiz olgunun klinik, radyolojik, histopatolojik 6zelliklerini degerlendirdik. 
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Abstract 
Endometriosis involving the rectus abdominis muscle is a very rare disease. We 
present a case in whom endometriosis was found in the rectus abdominis muscle 


and discuss the imaging findings and histopathological correlation. 
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Introduction 

Endometriosis is a benign gynecological condition character- 
ized by endometrial tissue outside the uterine cavity and can 
occur at intra- or extrapelvic localizations. Endometriosis in- 
volving out of the pelvis is account for 12% of all endometriosis 
[1]. Endometrial implants have been reported in many unusual 
sites outside the pelvis including the abdominal wall. The ab- 
dominal wall endometriosis usually results from implantation 
of endometrial cells during laparotomy. Surgical scar endome- 
triosis has an incidence of 0,03% to 0,4% [2]. We present a rare 
case that endometriosis involving the rectus abdominis muscle. 


Case Report 

A 23-year-old woman was presented with persistent right lower 
abdominal pain and abdominal mass ongoing for 2 years, but 
worsening in the last 3 months. She reported that the size of 
the mass seemed to enlarge with her menses, and it become 
more painful. Her history included two cesarean sections 5 and 
2 years before. On physical examination, a palpated solid and 
tender mass measuring 3x2 cm was found at her well-healed 
Pfannenstiel scar close to the right side. Routine hematologic 
and biochemical results were normal. Preoperative CA125 level 
was 45.0 U/ml. There was no previous history of endometrio- 
sis. Pelvic examination and pelvic ultrasonography were nor- 
mal. High resolution ultrasound of the abdominal wall using 12 
MHz linear transducer has revealed 21x21 mm heterogeneous 
hypoechogenic mass within the distal part of the right rectus 
abdominis muscle [Figure 1]. Based on the findings of lower 
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Figure 1. Ultrasound of soft tissues of the abdominal wall shows a heterogenous 
hypoechogenic mass. 


abdomen physical examination and superficial ultrasonography, 
we decided to surgical intervention. At operation, the mass with 
a dimension of 3 x 3 cm located inside the rectus muscle that 
contained dark red coloured fluid was removed including the 
surrounding fibers of the rectus abdominis and covering fascia 
of the rectus sheath. Fascial defect of the abdominal wall was 
repaired by using polypropylene mesh. There were no findings 
of pelvic endometriosis on abdominal exploration. Histological 
sections revealed endometrial glands surrounded by stroma 
and embedded in fibrous connective tissue between the muscle 
fibers with clear surgical resection margins (Figure 2). CA125 
level were normal range after the operation. The patient was 


Figure 2. Histopathology showing endometrial glands and stroma (black arrow) 
in muscle tissue 


discharged from hospital on the 2nd postoperative day un- 
eventfully. 


Discussion 

The extrapelvic endometrial implants have been detected in 
various organs. Abdominal wall endometriosis, also known as 
scar endometrioma, is a rare site of localization, usually oc- 
curring after previous cesarean section or pelvic surgery. It is 
thought to result from mechanical transplantation of endome- 
trial tissue into scars during abdominal surgery [3]. The other 
possible theories in the development of extrapelvic endometrio- 
sis are retrograde menstruation, venous or lymphatic metasta- 
sis and metaplasia [4]. In present case report, endometriosis 
was found within the body of the rectus abdominis muscle at 
the right corner of the surgical scar. It is an unusual and rare lo- 
calization for endometriosis since it was first described in 1984 
by Amato and Levitt [5]. 

The cesarean section is the operation most frequently associ- 
ated with abdominal wall endometriosis with an incidence that 
is reported as 0.03% to up to 1% [6]. Similar cases faced after 
hysterotomy, hysterectomy, early amniocentesis, appendecto- 
my or episiotomy have also been reported [7,8]. The reason of 
this situation may be explained as transportation of endome- 
trial tissue to an ectopic site firstly and then ectopic cells may 
induce metaplasia of the surrounding cells into the endometrial 
tissue [1]. It is also known that during pregnancy high level of 
serum progesterone impact negatively on endometriotic tissue 
growth and the implanted endometrium should be less prone to 
implant and proliferate at the ectopic site. A 20% of abdominal 
wall endometriosis is not associated with a previous surgery [9]. 
In this case possible mechanism can be explained as venous or 
lymphatic metastasis of endometrial cells [9]. 

The classical symptoms of abdominal wall endometriosis are 
cyclic pain associated with a palpable mass adjacent to a surgi- 
cal scar. However, approximately 30% of the patients complain 
about constant pain in the scar area or some cases may present 
as an asymptomatic mass in the region of a surgical scar [10]. 
The mean period between the surgery and symptoms is about 
18 months, but up to ten years after surgery [10] which was 2 
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years in our case. 

Ultrasonography may be helpful in defining the cystic or solid 
nature of the mass and even exclude other intra-abdominal pa- 
thologies such as hernia. Suture granuloma, abscess, neuroma, 
desmoids tumor, hematoma, lymphadenopathy, subcutaneous 
cyst and metastatic cancer should be considered for differen- 
tial diagnosis. Excision and histopathological evaluation of the 
mass is required for definitive diagnosis. Computed tomography 
guided needle aspiration may be used for selected cases, but 
it has been associated to an increased risk of recurrence [11]. 
The treatment of choice for rectus abdominis endometriosis is 
a wide local excision of the lesion with surgically negative mar- 
gins. The use of synthetic mesh may be necessary for adequate 
closure of the abdominal wall. Recurrence of endometriosis in 
this area has rarely been reported but inadequate excision can 
lead to recurrence. GnRH agonists may also provide a tempo- 
rary reduction in size of the endometriotic lesion, but it has been 
recommended only in cases with coexisting pelvic endometrio- 
sis [12]. 

In conclusion, endometriosis of the rectus abdominis muscle 
should be considered in the differential diagnosis in cases with 
painful abdominal wall mass with and without a surgical history. 


Competing interests 
The authors declare that they have no competing interests. 


References 

1. Dordevic M, Jovanovic B, Mitrovic S, Dordevic G, Radovanovic D, Sazdanovic P. 
Rectus abdominis muscle endometriosis after cesarean section- Case report. Acta 
Clin Croat 2009; 48: 439-443. 

2. Blanco RG, Parithivel VS, Shah AK, Gumbs MA, Schein M, Gerst PH. Abdominal 
wall endometriomas. Am J) Surg 2003; 185(6): 596-598. 

3. Giannella L, La Marca A, Ternelli G, Menozzi G. Rectus abdominis muscle endo- 
metriosis: Case report and review of the literature. J Obstet Gynaecol Res 2010; 
36(4): 902-906. 

4. Gunes M, Kayikcioglu F, Ozturkoglu E, Haberal A. Incisional endometriosis after 
cesarean section, episiotomy and other gynecologic procedures. ) Obstet Gynaecol 
Res 2005; 13(5): 471-475. 

5. Amato M, Levitt R. Abdominal wall endometrioma: CT findings. J Comput Assist 
Tomogr 1984; 8: 1213-1214. 

6. Hensen JH, Van Breda AC, Puylaert JB. Abdominal wall endometriosis: Clinical 
presentation and imaging features with emphasis on sonography. Am J Roent- 
genol 2006; 186: 616-620. 

7. Thapa A, Kumar A, Gupta S. Abdominal wall endometriosis: report of a case and 
how much we know about it? Internet J) Surg 2007; 9: 123-128. 

8. Loverro G, Mei L, Vicinio M, Cormio G, Selvaggi L. Umblical endometriosis. J 
Gynecol Surg 2001; 17: 65-68. 

9. Horton JD, Dezee KJ, Ahnfeldt EP, Wagner M. Abdominal wall endometriosis: A 
surgeon's perspective and review of 445 cases. Am J Surg 2008; 196: 207-212. 
10. Picod G, Boulanger L, Bounoua F, Leduc F, Duval G. Abdominal wall endome- 
triosis after cesarean section: report of fifteen cases. Gynecol Obstet Fertil 2006; 
34(1): 8-13. 

11. Coeman V, Sciot R, Van Breuseghem I. Rectus abdominis endometriosis: a re- 
port of two cases. Br J Radiol 2005; 78: 68-71. 

12. Papaziogas T, Papaziogas B, Kabaroudis A, Galanis |, Lazaridis Ch, Souparis 
A, Alexandrakis A. Endometriosis of the rectus abdominis muscle after cesarean 
section. Eur Surg 2002; 34(3)203-205. 


How to cite this article: 
Yasemin T, Orhan G, Soner D, Hakan G, Nur Bi. Endometriosis in the Rectus Ab- 
dominis Muscle: A Case Report. J Clin Anal Med 2013;4(suppl 2): 126-8. 


128 | Journal of Clinical and Analytical Medicine 


Nadir Goriilen Es Zamanli intramiyokardiyal ve 
Akciger Yerlesimli Alveolar Ekinokokkus: Olgu Sunumu 


Unusual Presentation of Alveolar Echinococ with 
Simultane Intramyocardial and Lung: Case Report 


Kardiyak Hidatik Kist / Cardiac Hydatid Cyst 


Bayram Metin’, Hiiseyin Ede”, Yavuz Selim intepe®, Hasan Ekim‘, Neziha Yilmaz’, Esef Bolat®, Sener Yildirim’ 

'Bozok University Faculty of Medicine, Department of Thoracic Surgery, Yozgat, 7Bozok University Faculty of Medicine, Department of Cardiology, Yozgat, 

3Bozok University Faculty of Medicine, Department of Chest Diseases, Yozgat, “Bozok University Faculty of Medicine, Department of Cardiovascular Surgery, Yozgat, 
5Bozok University Faculty of Medicine, Depatment of infectious diseases, Yozgat, ‘Bozok University Faculty of Medicine, Department of Aneasthesiology, Yozgat, 


7Yozgat State Hospital, Thoracic Surgery Clinic, Yozgat, Turkey 


Ozet 

Alveolar kist hidatik (AKH) 6ézellikle kuzey yarim kiirede tilkilerden gegen Ecino- 
kokkus Multilokularisin neden oldugu bir hastaliktir.Endemik bélgelerde insidan- 
s! 0.03-1.2/100 000 oranindadir. Karaciger primer odak olarak bilinmesine rag- 
men akciger, dalak, pankreas, retroperitoneal alan, beyin kemik ve yumusak doku- 
lar da sik yerlestigi alanlardir.Pulmoner hidatik kist orani % 7-20 olarak bilinme- 
sine karsin es zamanli intramiyokardiyal ve akciger tutulumu literatiirde nadir g6- 


rilen bir durumdur. 
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Abstract 

Alveolar echinococcosis (AE), observed in the Northern Hemisphere, is caused by 
the larval stage of the fox tapeworm Echinococcus multilocularis. In endemic ar- 
eas, annual incidence of AE ranges from 0.03 to 1.2/100 000 inhabitants. The 
liver is the primary focus of the disease but extrahepatic is also possible such 
as lung, spleen, pancreas, retroperitoneum, brain, bone and soft tissue. While 
pulmonary involvements occur in 7 to 20%, to our best knowledge; simultanous 
intramyocardial and lung involvement is a very rare clinical entity reported in the 


literature . 
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Introduction 

Alveolar echinococcosis (AE), observed in the Northern Hemi- 
sphere, is caused by the larval stage of the fox tapeworm Echi- 
nococcus multilocularis [1]. Human is infected after ingesting 
eggs, the metacestode cells of E. multilocularis which prolif- 
erates in the liver [2]. It is a potentially fatal, chronically pro- 
gressive parasitic infection characterized by a long asymptom- 
atic period and development of an invasive tumor-like lesion 
throughout this period [3, 4]. So early diagnosis of AE is very 
difficult because of long latent or asymptomatic period which 
may be as long as 15 years [2-4]. In endemic areas, annual in- 
cidence of AE ranges from 0.03 to 1.2/100 000 inhabitants [2]. 
The liver is the primary focus of the disease but extrahepatic 
involvement such as lung, spleen, pancreas, retroperitoneum, 
brain, bone and soft tissue. While pulmonary involvements oc- 
cur in 7 to 20%, to our best knowledge; simultanous intramyo- 
cardial and lung involvement sparing liver is a very rare clinical 
entity reported in the literature [5, 6]. 

Here, we present a very rare case of alveolar echinococcosis 
with simultanous intramyocardial and lung involvement sparing 
liver which was completely removed at the same session via 
cardiopulmonary surgery. 


Case Report 

A 47-year-old woman was admitted to our hospital with a his- 
tory of hydoptysis six months before admission. She didn’t have 
any complaint otherwise. Physical examination did not reveal 
any abnormal findings: her lungs were normal on auscultation, 
no cardiac murmur or gallop rhythm was noted, and biochemi- 
cal laboratory test results were within normal limits. Myocardi- 
al-specific enzyme values were within the normal range. 

The patient’s chest X-ray was normal, except for increase in 
convexity on left border of the heart; and the lesion paratrache- 
ally located with sharp border, homogenous in content at upper 
zone of the left lung; and second one; sharp-bordered, paracar- 
diac lesion with air-fluid content located at mid-zone of the left 
lung (Figure 1A). The Electrocardiography (ECG) showed normal 


Figure 1. (A) Chest X-ray findings (B-C) Magnetic Resonance Imaging (MRI) re- 
vealed multivesicular cystic masses in the left ventricule lateral wall. (D) Chest 
multislice showed ruptured cyst in superior segment of the lower lobe of the left 
lung. 


sinus rhythm with T-wave inversion in leads |, aVL. (Figure 2A) 
transthoracic echocardiography showed a multivesicular cystic 
mass on apical part of the left posterolateral ventricular wall 
and protruded inward the ventricular cavity (Figure 2B,2C). The 
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Figure 2. (A) The Electrocardiography showed normal sinus rhythm with T-wave 
inversion in leads |, aVL. (B-C) Transthoracic echocardiography showed a multi- 
vesicular cystic mass on apical part of the left posterolateral ventricular wall and 
protruded inward the ventricular cavity. 


patient’s abdominal ultrasonography and cranial computed to- 
mography (CT) were normal. The patient’s chest multislice CT 
and Magnetic Resonance Imaging (MRI) showed multivesicular 
cystic masses in the left ventricule lateral wall, at apical seg- 
ment of the upper lobe of the left lung and at superior segment 
of the lower lobe of the left lung (Figure 1B-1D). 

Serologically, specific Echinococcus granulosus and multilocu- 
laris antibodies were investigated by commercial ELISA (No- 
vaLisa, Echinococcus IgG Novatec, Germany For E. Granulosus; 
Bordier Affinity Products SA, Switzerland for E.multicularis) and 
haemagglutination-inhibition test (HAI) (Hydatidose, Fumuoze 
laboratories, France) kits. Echinococcus multilocularis antibod- 
ies were positive with ELISA. Hydatid cyst antibodies was found 
to be positive 1/320 titer in the HAI. 

The cardiac multivesicular cyst in the left ventricle wall was re- 
moved with cystotomy-capitonage procedure and then the cav- 
ity was washed with a hypertonic saline solution under cardio- 
pulmonary bypass by conventional technique following median 
sternotomy. Gross appearence of the heart confirmed intramyo- 
cardial involvement (Figure 3A-D). Then, left pleural membrane 
was incised by using same median sternotomy and left lung 
was explorated for location of the pulmonary cysts, firstly the 
cyst located paravertebrally at left upperlobe apical segment, 
and then secondly the one located at left inferior lobe superior 
segment were removed with cystotomy-capitonage procedure 
and then the cavity was washed with a hypertonic saline so- 
lution by thoracic surgeon. The patient didn’t experience any 
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Figure 3. (A) The cardiac multivesicular cyst in the left ventricle wall was exposed, 
(B) cystotomy procedure was applied to the cardiac multivesicular cyst in the left 
ventricle wall and inner content of the cyst was evacuted, (C) The appearence 
of multivesicular csyt after removal, (D) Capitonage procedure was with primary 
suture. 


complication early after operation and albendazole treatment 
was started immediately then after the surgery. The patient 
was discharged at sixth day postoperatively without any mor- 
bidity. And also she was under follow-up without any problem. 


Discussion 

Echinococcus multilocularis (E. multilocularis) is considered to 
be the most potentially lethal parasitic zoonosis in the nontropi- 
cal areas in the Northern Hemisphere [6, 7]. Its invasive, tumor- 
like behaviour together with its long asympthomatic period to 
get clinical significance makes the alveolar echinococcosis po- 
tentially fatal disease. So early diagnosis is not possible in most 
of the cases. Cardiac echinococcosis is rare, representing only 
0.5-2% of all cases [8]. Here, we reported a case of alveolar 
echinococcosis involving myocardium and lung sparing liver. 
Chest pain, palpitations and dyspnea are the primary symptoms 
associated with cardiac echinococcosis [8, 9]. In our case those 
complaints never existed, so it supports also asmpthomatic na- 
ture of the disease. That is so, whenever pulmonary cysts are 
in concern, exclusion of cardiac involvement should be always 
considered as we did in our case. But some clues can exist in 
ECG. In young patients from endemic areas, especially when the 
ECG shows a T-wave change, a diagnosis of cardiac echinococ- 
cosis should be suspected [8, 9]. In present case, T wave was 
negative at leads I, aVL. Since the patient didn’t have any risk 
factor for coronary atherosclerosis, further investigation was 
not performed. 

Pulmonary AE is mainly caused by hematogenous dissemina- 
tion from hepatic AE lesions. Physical signs and symptoms in 
pulmonary AE are hydoptysis, chest pain, cough with expecto- 
ration and exertional dyspnea. Hydoptysosis is very typical of 
lung involvement. If present, prompt search for hydatid disease 
should be started. However, the pulmonary AE caused by hema- 
togenous spread and intrapulmonary enlargement of daughter 
cyst is usually asymptomatic for about 10-15 years [2-4, 10]. 
Due to invasive, tumor-like behaviour of AE, early surgical inter- 
vention is preferred method for total cure. For lung involvement 
which they don’t have structures to limit cyst expansion, it is 


more important. In case of the heart; the issue of whether beat- 
ing heart technique or cardiopulmonary bypass by conventional 
method will be preferred should be discussed. In the literature, 
there are example for beating heart [11, 12]. But those cases 
with intracavitary involvement the cardiopulmonary bypass by 
conventional technique should be preferred. In our case, both 
MRI and echocardiographic findings was indicating intramyo- 
cardial involvement so the latter technique was used. 

Along with the surgical treatment, currently the use of ben- 
zidimizoles for prevention of cyst recurrences is widely used. 
Albendazole is a benzidimizole that has been shown to be ef- 
fective in the treatment of lung and intramyocardial hydatid 
disease and to prevent recurrence of cysts after operation on 
lungs and heart [11]. The patient also was given albendazole 
immediately after the surgery. 

In our case, there was presence of simultaneous intramyocar- 
dial and pulmonary multivesicular-type cyst hydatid. Through 
same median sternotomy and with single incision, the patient 
was operated for both cardiac and pulmonary cyst at same ses- 
sion to get complete cure. 

In this case, we reported a very rare case of alveolar echinococ- 
cosis with simultaneous intramyocardial and lung involvement 
sparing liver and we aimed to share our clinical experience in 
the management of the case. 
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Ozet 

Pnémomediastinum (PM), mediasten icinde serbest hava veya gaz olmasi ola- 
rak tanumlanir. Phémomediastinum, travmayla veya spontan olarak meydana 
gelebilir. Travmatik PM, siklikla kiint toraks travmasi, kafa travmasi, endoskopi- 
bronkoskopi sonrasinda (6zefagus yirtilmasi, trakeobronsiyal yaralanma) ve me- 
kanik ventilasyona bagli olarak gérillir. Klint travma sonrasi PM, genellikle eris- 
kinlerde, kosta kirigi, hemo-pndémotoraks ve torasik vaskiiler damar yaralanmala- 
riyla beraber goriilen, yiksek enerjili travma sonrasi olusan dliimciil bir durumdur. 
Biz yazimizda, cocukta ge¢ baslangic¢li travmatik PM olgusu sunduk ve bu éliimciil 
yaralanmanin acil serviste tanisinin zorluk ve 6nemini vurguladik. 
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Abstract 

Pneumomediastinum (PM) is defined as the presence of gas or free air in me- 
diastinum. Pneumomediastinum may ocur either by trauma or spontaneously. 
Traumatic PM is frequently seen after blunt thoracic trauma, head trauma, after 
endoscopy-bronchoscopy (osephagus perforation, tracheobronchial injury) and 
due to mechanical ventilation. Pheumomediastinum after blunt trauma is a le- 
thal injury that generally occurs in adults with concomittant injuries such as rib 
fractures, hemo-pneumothorax and thoracic vascular injuries after high-energy 
traumas. We represent case report of a late onset isolated traumatic PM in a child 
and aim to underline the difficulty and importance of diagnosis of this lethal injury 
in the emergency department. 
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Introduction 

Traumatic pneumomediastinum (PM) has been reported up to 
10% of patients who have sustained severe blunt thoracic trau- 
maa. It is a relatively uncommon injury after trauma to the neck, 
thorax, or abdomen but may be a significant cause of morbidity 
and mortality in affected individuals because of the associated 
damage to the esophageal, and tracheabronchial, or vascular 
thoracic structures [1,2,3]. In this report, we represent you a 
15-year-old male patient with isolated traumatic PM whose ini- 
tial computerized tomography (CT) scan was normal. 


Case Report 

After a motorcycle accident, a 15-year-old boy was brought to 
our emergency department (ED). According to the anamnesis, 
he has lost the control of the vehicle and fallen from it. On ad- 
mission, his vital signs were normal, he had a clear consciouss- 
ness and had no sign of trauma on his body in inspection. On 
physical examination, no abnormalities were determined. His 
blood and urine samples were taken, standart X-ray imaging for 
trauma was performed and, to exclude a possible occult injury 
due to high energy trauma, brain, cervical, thorax and abdomen 
CT scannings were performed in order to determine possible 
fatal injuries. After evaluation of the X-ray and CT scan images 
(fig. 1), they were all reported as normal. Also no abnormalities 


Fig 1. Anormal CT scan of the patient on admission (parenchymal window). 


were determined in laboratory studies except an elevated mus- 
cle enzyme creatine kinase (CK). It was high due to trauma and 
its level was 481 U/L (0-171). After a 9-hour follow-up in the 
emergency observation room, no reduction in hemoglobin levels 
which were taken every 3 hours was determined. No changes in 
mental status and vital signs were observed in the follow-up pe- 
riod. Patient was discharged from ED without any complaints. 
The next day, the same patient was admitted to the ED for a 
mild pain on chest while breathing. The vital signs and physical 
examination were normal. His recent CT scan was evaluated 
again for a missed hemopneumothorax or pneumomediastinum 
and reported as normal again. 

In second admission, patient had a chest radiograph abdomi- 
nal ultrasonographic examination and a subsequent chest CT 
scan as part of the initial diagnostic assessment for a possible 
late onset of intraperitoneal hemorraghe, traumatic hemotho- 
rax, pneumuthorax or pneumomediastinum. Free air images are 
observed around esophagus and vascular structures (fig. 2). Pa- 


Fig 2. A CT scan of the patient on secondary admission (parenchymal window). 
Black arrows demostrate air leak in paraosephageal region in middle and upper 
mediastinum which is correlated with pneumomediastinum 


tient was consultated with pediatric surgery and thoracic sur- 
gery and transferred to an advance center treatment of PM. He 
was hospitalized with esophagus rupture prediagnosis. After a 
follow-up of 7 days, pnheumomediastinum regressed in control 
CT images and the patient was discharged with total cure. 


Discussion 

Pneumomediastinum is defined as the presence of gas or free 
air in mediastinum. Pneumomediastinum may occur either by 
trauma or spontaneously. Traumatic PM is frequently seen 
after blunt thoracic trauma, head trauma, after endoscopy- 
bronchoscopy (osephagus perforation, tracheobronchial injury) 
and due to mechanical ventilation [4]. Pheumomediastinum has 
been reported in up to 10% of patients who have sustained 
severe blunt thoracic trauma and may be a significant cause 
of morbidity and mortality in affected individuals because of 
the associated damage to the esophagus or trachea [1,2]. In- 
trathoracic perforation of the esophagus from blunt trauma is 
extremely rare in children and often occurs in adults as a result 
of high-speed motor vehicle accidents. Possible mechanisms 
of esophageal rupture from blunt trauma are as follows; rapid 
rise in intraluminal pressure against a closed glottis resulting 
in disruption of the wall of of the esophagus, disruption of the 
esophageal blood supply by deceleration-traction injury produc- 
ing ischemia leading to rupture, and “blast effect” disruption of 
the esophagus produced by a concomittant tracheal injury in 
cases of combined tracheal and esophageal trauma [5]. There 
is another theory for delayed onset PM after blunt trauma. Ac- 
cording to this theory, ischemic injury secondary to decelera- 
tion that disrupts the segmental arterial supply and leads to a 
delayed perforation [6]. Even though the time is quite short, this 
theory may explain the delayed onset in our case. 

Traumatic PM secondary to blunt chest injury is concerning 
for potential life-threatening tracheobronchial, esophageal or 
vascular thoracic injuries. In a study with 193 patients by Step 
et al., it was reported that all patients with traumatic PM had 
significant thoracic injuries (e.g., rib fractures, and hemotho- 
rax), which would have been evident on X-ray [7]. In a study, it 
was reported that PM was associated with other thoracic inju- 
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ries such as tracheobronchial lacerations, pneumothoraces and 
pulmonary contusions [5]. In our case, there were not any con- 
comittant injuries. An isolated traumatic PM was determined. 
Besides, our case occured in an unusual age group as PM is 
frequently seen in adults after high energy trauma. 
Esophagography is the initial method of choice in the evalua- 
tion of esophageal lesions. Paraosephageal manifestations of 
esophageal rupture may be defined by thoracic CT. We chose to 
use CT technique in our case. On admission CT was totally nor- 
mal but on the other day, when patient visited our ED, PM was 
defined with control CT. At the advanced center, CT after oral 
contrast was also performed but no leak of contrast could be 
observed. It was reported before that it is not always possible 
to determine the exact location of the rupture with radiological 
studies after contrast [8]. 

Traumatic PM may be treated by several ways. Non operative 
treatment is an option and other options are primary repair, 
esophagectomy, and exclusion and diversion. Delayed diagnosis 
and treatment markedly increases the morbidity and mortality 
particularly in adults [5]. Our case was treated non operatively 
and a total cure was obtained. 


Conclusion 

Pneumomediastinum after blunt trauma usually ocur in adults 
with concomittant lethal injuries after high-energy traumas such 
as motor vehicle accidents. Methods of diagnosis and treatment 
may vary. Diagnosis is relatively difficult due to accompanying 
radiological findings which may distract the physician. A good 
follow-up may reduce the risk of missing the diagnosis. In this 
report, we presented a child with isolated late-onset PM after 
blunt trauma and aimed to underline the importance of this le- 
thal finding which can be easily misdiagnosed, particularly when 
ocur unaccompanied. 
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Bu olgu sunumu 29 Eyliil-3 Ekim 2010 tarihleri arasinda Eskisehir'de diizenlenen 20. Ulusal Patoloji Kongresi’nde poster bildirisi olarak sunulmustur. 


Gzet 

Duplikasyon kistleri nadir goriilen konjenital anomalilerdir. Gastrointestinal sis- 
temde herhangi bir yerde gelisebilmelerine ragmen en sik ince barsakta, 6zellik- 
le ileumda sik izlenirler. Cekumda duplikasyon kistleri oldukca nadirdir. Cogu yasa- 
min ilk yilinda gértltir. Neonatal barsak obstriiksiyonu, intusepsiyon, ele gelen kit- 
le en belirgin bulgulardir. Burada 6 aylik erkek olguda ileogekal duplikasyon kistine 


bagli gelisen intestinal invajinasyon olgusu sunulmustur. 
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Abstract 

Duplication cysts are rare congenital anomalies. Even though they may develop 
anywhere along the alimentary tract, they occur most frequently in the small in- 
testine, especially the ileum. Duplication cysts of the cecum, is extremely rare. 
Most duplication cysts manifest during the first year of life. Neonatal bowel ob- 
struction, intussusception, palpable mass are common presentations of duplica- 
tion cysts. Here we report a case of a 6-month-old boy with an intestinal invagi- 
nation caused by a ileocecal duplication cyst. 
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Giris 

Duplikasyon kistleri gastrointestinal sistemin nadir gériilen kon- 
jenital malformasyonlarindan biridir [1]. Gastrointestinal siste- 
min herhangi bir yerinde gelisebilmelerine ragmen en sik ile- 
umda izlenirler [1]. Cou yasamin ilk bir yilinda gorulur [1]. Per- 
forasyon, barsak obstriiksiyonu, kanama ve invajinasyon gibi 
komplikasyonlar gelisebilir [2]. Genellikle mezenterik kisimda 
yerlesim gosteren duplikasyon kistleri ektopik gastrik mukoza 
veya pankreas dokusu icerebilirler [2]. 

Burada 6 aylik erkek olguda ileogekal duplikasyon kistine bag- 
li gelisen invajinasyon olgusu literati bilgileri esliginde sunul- 
mus, bu nadir lezyonun histopatolojik 6zellikleri ve ayirici tani- 
si tartisilmistir. 


Olgu Sunumu 

Ates ve kusma sikayetleriyle getirilen 6 aylik erkek olgunun fizik 
muayenesinde batin sag alt kadranda kitle tesbit edildi. Labora- 
tuar bulgularinda l6kositoz disinda anormal degerler saptanma- 
di. Yapilan batin USG’de sag alt kadranda 32 mm capinda kalin 
cidarli kistik lezyon izlendi (Sekil 1). Barsak segmentlerinin bu 
lezyonun i¢gine dogru uzandigi dikkati ¢ekti. 


Sekil 1. Kalin cidarli kistik lezyonun USG gériintiisti 


Klinik ve radyolojik bulgular esliginde invajinasyon olarak de- 
gerlendirilen olguya Oncelikle USG esliginde hidrostatik redtik- 
siyon uygulandi. invajinasyonun tam olarak gerilememesi uzeri- 
ne laparotomi uygulanan olguda ileocgekal bélgede kistik kitle- 
nin saptanmasi Uzerine segmental barsak rezeksiyonu ve ileo- 
kolik anastomoz yapildi. 

Rezeksiyon materyalinin makroskobik incelemesinde barsa- 
gin mezenterik kisminda lokalize limeni tama yakin daraltan 
3.2x2.5x2.2 cm dlcillerinde kistik lezyon izlendi. Kesitlerde kistik 
lezyonun unilokile, i¢ yizeyinin gri beyaz renkte diizgiin yuzeyli 
oldugu ve iginden miisin6z berrak sivinin bosaldigi dikkati ¢ekti. 
Mikroskopik incelemede komsu barsak dokusu ile kas tabakasi 
ortak olan kistik lezyonda tek katli kolumnar yiizey epiteli altin- 
da kolumnar hicrelerle déseli az sayida tubuler glandiler yapi- 
lar g6ruldt (Sekil 2). Histomorfolojik ve klinik bulgular esliginde 
olgu duplikasyon kisti olarak degerlendirildi. Operasyon sonrasi 
sorunsuz seyreden olgu 4. giin taburcu edildi. 


Tartisma 
Gastrointestinal duplikasyonlar gastrointestinal sistemde agiz- 


Sekil 2. Barsak dokusu ile kas tabakasi ortak olan, tek katli kolumnar ylizey epite- 
li altinda kolumnar hiicrelerle déseli az sayida tubuler glandiiler yapilar iceren kis- 
tik lezyon (HEX40) 


dan aniise kadar herhangi bir yerde gortlebilen nadir konjenital 
anomalilerdir. Prevelansinin 1:4500- 1:10000 arasinda oldugu 
dustinilmektedir [1,2]. Etiyolojisinde fetal barsak divertikiliintn 
persistansi, primitif barsagin solid evresinin rekanalizasyonun- 
da defekt, parsiyel ciftlesme, notokord ayrilmasi gibi teoriler ile- 
ri surilmektedir [2]. Bu gelisimsel anomali en sik ileumda géril- 
mekle beraber, 6zofagus, duodenum ve rektumda daha az sik- 
likta izlenir [2,3]. Cekum yerlesimli olanlar oldukga nadirdir [2]. 
Duplikasyonlar makroskopik olarak sferik kistler ve tubuler yapt- 
lar seklinde olabilirler [2]. Duvarlarinda iyi gelismis diz kas icer- 
meleri, sindirim sisteminin bir kisminin epiteline benzer bir epi- 
tel ile kapli olmalari, barsak duvari icginde ya da komsulugunda 
yerlesim gdstermeleri en belirgin ozellikleridir [4]. Kistin duva- 
rinda gastrik, skuam6z, transisyonel epitel, pankreas dokusu ve 
ganglion hiicreleri gibi ektopik doku bulunabilir [2]. Olgumuzda 
komsu barsak dokusu ile kas tabakasi ortak olan kistik lezyonda 
intestinal epitel altinda kolumnar hucrelerle déseli az sayida tu- 
buler glandiiler yapilar gériildi. Ektopik doku izlenmedi. 
Duplikasyon kistleri her yas grubunda goérilebilmelerine rag- 
men, ¢ocuklarda ozellikle infantil dénemde daha sik izlenirler 
[1]. Barsak limenine bas! sonucu obstriksiyon, invajinasyon ve 
volvulusa neden olabilirler. Hastalarda karin agrisi, kusma, pal- 
pe edilebilen kitle ya da akut gastrointestinal kanama gibi klinik 
bulgular izlenir [2]. Kist duvari heterotopik mide mukozasi iceri- 
yorsa asit sekresyonuna bagli Ulserasyon, perforasyon ve kana- 
ma izlenir [5]. Klinik bulgular lezyonun yerlesim yeri, boyutu ve 
doseyici mukozaya bagli olarak degiskenlik gosterebilir. Lite- 
ratir bilgileriyle uyumlu olarak 6 aylik olgumuzda ates ve kus- 
ma sikayetleri yanisira batin sag alt kadranda kitle tesbit edil- 
di. Ulserasyon, perforasyon ve kanama gibi bulgular izlenmedi. 
Eriskinde duplikasyon kisti zemininde gelisen maligniteler bil- 
dirilmistir. Inoue ve Nakamura [6] duplikasyon kisti zemininde 
malignite gelisen 18 olguyu inceleyerek en yiiksek siklikta (% 
67) kolonda gériildiiguni bildirmislerdir. Malignite gelisimine 
kist igerisinde bulunabilecek ektopik gastrik dokunun veya sek- 
resyon stazinin yol acabilecegi diistiniilmektedir [6]. Duplikas- 
yon kistleri vertebral veya Urogenital malformasyonlar gibi di- 
ger konjenital anomaliler ile birlikte gorulebilirler. [2]. Olgumuz- 
da duplikasyon kistine baska bir konjenital anomali eslik etme- 
mekteydi 

Bu yas grubunda ayirici tanida dusiinilmesi gereken bir diger 
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lezyon Meckel divertiktilidiir. Omfalomezenterik kanalin intra- 
uterin dénemde kapanmamasi sonucu gelisen Meckel diverti- 
kilu duplikasyon kistine gére gastrointestinal sistemde ( %1-3) 
daha sik rastlanan konjenital anomalidir [7]. Duplikasyon kis- 
tinden farkli olarak ileogekal valvin proksimalinde, antimezen- 
terik yizde bulunur [7]. Genellikle 2 yasindan 6nce semptoma- 
tik hale gelen Meckel divertikiillinde intestinal obstriiksiyon, tl- 
ser, kanama, perforasyon veya divertikillit gibi komplikasyonlar 
gorilebilir [7]. Olgularin bir kisminda ektopik gastrik veya pank- 
reatik dokular bulunabilir [7]. Olgumuzda ileogekal bélgede me- 
zenterik kisimda yerlesim gésteren kistik lezyonda ektopik mu- 
koza izlenmedi. 

infantil doénemde ani ve beklenmeyen dliim sebepleri arasinda 
solunum sistemi ve kardiyovaskiller hastaliklar ilk siralardayken, 
invajinasyon ve volvulus gibi gastrointestinal nedenlere bagli 
olimler sik degildir. Bununla beraber duplikasyon kistine bag- 
li gelisen intestinal obstiksiyon sonucu 6liim vakasi bildirilmis- 
tir [8]. Bu nedenle nadir goriilen ve hayati tehdit edebilecek bir 
lezyon olan duplikasyon kisti infantil intestinal obstriksiyonlarin 
ayirici tanisinda akilda tutulmalidir. 
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Ozet 

Primer testis lenfomasi nadir gériilmekte olup, tiim testis malignitelerinin %1- 
9’unu olusturmaktadir. Nadir goriilmesine ragmen 60 yas Uizerindeki hastalarda en 
sik gértilen testis tiimériidiir. En sik gériilen histolojik alt tip difftiz biiyik B hticre- 
li non-Hodgkin lenfomadir. En sik rastlanan belirtisi, agrisiz skrotal sisliktir. Prog- 
nozu belirleyen en 6nemli parametre evredir. Prognozu diger testis tiimdrlerinden 
daha kotiidiir. Standart bir tedavi sekli olmayip, genellikle erken evrede orsiektomi 
sonras! doksorubisinli kemoterapi uygulanmasi 6nerilmektedir. Bizde béliimumiiz- 


de son 4 yil icinde gériilen iki olguyu burada literatiir esliginde sunduk. 


Anahtar Kelimeler 
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Abstract 

Primary testicular lymphoma ia an rarely testicular tumor which accounts for 
1-9% of all testicular malignants. Despite this low overall incidence, it is the 
most common testicular malignancy over the patient age of 60. Diffuse large B 
cell lymphoma is the most common histological subtype. The most common pre- 
sentation is painless scrotal mass. Clinical stage is the most important prognostic 
factor. The prognosis is worse than other testicular tumors. There is no standard 
protocol to treatment which chemotherapy with doksorubicin based following or- 
chiectomy is recommendation in early stage. Herein we presented two cases in 


the last 4 years in our department with the literature. 
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Giris 

Lenfomalar biittin testiktler timérlerin %3-5’ini olustururlar. 
Testikiiler lenfomalar agresif seyirli ekstranodal lenfomalar 
olup, genellikle non-Hodgkin lenfomalar primer veya sekonder 
olarak goriiliirler [1]. Diffiiz btiyik B hicreli lenfoma (DBBHL) en 
sik gortilen histolojik tipdir. Genellikle ileri yaslarda goriilmek- 
te olup, 60 yasin Uzerinde en sik gorilen testis malignitesidir 
[2]. Primer testis lenfomalari (PTL), genellikle tek tarafli olup, 
boyutlar! degiskendir. Bazen biiyiiyerek rete testise, epididime, 
tunika albugineaya ve nadiren spermatik korda yayilim géste- 
rebilirler. Siklika cilt, santral sinir sistemi ve Waldeyer halkasi 
gibi ektranodal bolgelerde tutulum saptanir. Daha nadir olarak 
ise akciger, kemik, karaciger, gastrointestinal sistem ve 6zellik- 
le paraaortik lenf nodlarinda niks gorulebilir [3]. PTL olgularin 
%57’si Evre |, %22’si Evre II ve %21’i ise Evre IlI-IV olarak kar- 
simiza ¢ikmaktadir. Nordice lenfoma grubu tarafindan modifi- 
ye edilen PTL'da Evre 1, tek tarafli testis tutulumu, epididim ve 
kord tutulumu ile birlikte olan ve olmayan, Evre II, abdominal ve 
pelvik lenf nodu tutulumu, Evre III-IV ise uzak metastaz olarak 
evrelendirilmistir [2]. Bizde nadir gériilen PTL olarak rapor etti- 
8imiz iki olguyu, histopatolojik ve immUtnohistokimyasal bulgu- 
lari ile birlikte sunuyoruz. 


Olgu Sunumu 1 

Ellidért yasinda_erkek hasta son bir aydir artan sol skrotal sis- 
lik nedeni ile Uroloji polikliZine basvurdu. Yapilan fizik muayene- 
de sol testisde yaklasik 5 cm ¢apinda sert ve agrisiz kitle tespit 
edildi. Yapilan skrotal ultrasonografide, sol testis iginde yerlesik 
50x34x42 mm boyutlarinda, testisi tama yakin dolduran sinir- 
I hipoekoik heterojen, yogun vaskillarizasyon gosteren kitlesel 
lezyon izlenmistir. Preoperatif timér markirlar! AFP: 2.9 UI/L, 
B-hCG: O IU/L ve LDH: 533UI/L (normali:190-380) olarak bulun- 
du. Preoperatif testis tlimoru tanisi ile sol inguinal orsiektomi 
yapildi. Makroskopik incelemede, orsiektomi materyalinin kesit 
yuzeyinde testisi tama yakin dolduran gri-beyaz solid tiimoral 
kitle izlendi (Resim 1). Mikroskopik incelemede, testis dokusunu 
ortadan kaldiran, diffiiz infiltrasyon gésteren iri vezikiiler ntik- 
leuslu, belirgin nukleoluslu bol sayida mitotik aktivite gésteren 
atipik lenfoid hucrelerden olusan tiimor izlendi. Timériin kena- 
rinda normal goériinimde seminifer tiibuller mevcuttu (Resim 2, 
3). Yapilan imminohistokimyasal incelemede, neoplastik hiicre- 
lerde LCA(CD45) ve CD20 ile giiclii diffiiz pozitif (Resim 6) bo- 
yanma gozlendi (Resim 4). PLAP (plasental alkalen fosfataz) ve 
CD3 ile boyanma saptanmadi. Timoriin Ki-67 proliferasyon in- 
deksi olduk¢a yiiksek olarak bulundu (%80 Ustiinde) (Resim 5). 
Timor tunika albugineay! invaze etmis olup, epididim ve sper- 
matik kord invazyonu saptanmadi. Morfolojik ve imminohisto- 
kimyasal bulgular ile olguya difftiz biiyik B hiicreli lenfoma ta- 
nisi konuldu. Hastanin baska bélgelerinde lenfomay! diistindi- 
recek bulgu saptanmamasi nedeni ile primer olarak kabul edil- 
di. Batin bilgisarli tomografide pelvik ve abdominal metastatik 
lenf nodu saptanmayan hasta Evre 1 olarak kabul edildi. Has- 
tanin tedavisinin planlanmasi icin medikal onkolojiye devredildi. 


Olgu Sunumu 2 

Yetmis sekiz yasinda erkek hasta, yaklasik 1 aydir devam eden 
ve siddeti son gunlerde artan, sol inguinal bélgeye de yayilim 
gosteren karin agrisi sikayetiyle hastanemiz acil poliklinigine 


Resim 1. Testisi dolduran gri-beyaz solid tiiméral kitle 


Wak 


Resim 3. iri hiperkromatik niikleuslu, belirgin niikleoluslu bol mitoz gosteren atipik 
lenfoid hiicreler (H&Ex400) 


basvurdu. Yapilan ultrasonografik incelemede sol testisin bo- 
yutlarinin sag testise gére arttigi ve igerisinde hipoekoik, solid 
karakterde yapilarin tespit edilmesi nedeniyle olgu droloji bolu- 
mine refere edildi. Yapilan biyokimyasal incelemede LDH yik- 
sekliZi ( 1019 U/L) disinda patolojik bulgu saptanmadi. Has- 
ta testiste malign kitle 6n tanisi ile opere edildi. Patoloji bélu- 
mUumize olguya ait 7.5x5.5x4 cm boyutlarinda sol inguinal or- 
siektomi materyali geldi. Makroskopik incelemede testis kesit- 
lerinde 5x3.5 cm boyutlarda gri-sari renkte, solid goriinumde, 
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Resim 4. Tiimdrde LCA ile diffiiz pozitif boyanma (LCAx100) (A), Tiimérde CD20 ile 
diffiiz pozitif boyanma (CD20x100) (B) 


Ty. 
EME RS: 
ie. KS 


<> 


Resim 6. CD45 ile diffiiz pozitif boyanma (CD45x100) (A), Seminifer tubuller 
komsulugunda diffiiz infiltrasyon gosteren atipik lenfoid hticreler (H&Ex100) (B). 


yer yer yumusak, yer yer hafifge sert kivamda timoral lezyon iz- 
lendi. Mikroskopik incelemede testis dokusunu tama yakin or- 
tadan kaldiran, diffiiz infiltrasyon gésteren, iri, hiperkromatik, 
pleomorfik nukleuslu, bazilarinin nukleolleri belirgin, eozinofilik 
sitoplazmali atipik lenfoid hicrelerin olusturdugu timér izlen- 
di (Resim 6). Spermatik kord cerrahi sinirinda tumor saptanma- 
di. Yapilan imminohistokimyasal incelemede timoral hucreler- 
de CD45 ve CD20 ile diffiiz ve kuvvetli pozitif, PLAP, CD3, CD30 
ve AFP ile negatif boyanma mevcuttu. Ki 67 proliferatif aktivi- 


te indeksi yksek (%80 Uzerinde) bulundu. Olguya histopatolojik 
ve immiinohistokimyasal bulgular esliginde diffiiz btiyik B hiic- 
reli non-Hodgkin lenfoma tanisi konuldu. Hastanin baska bdl- 
gelerinde lenfomayi diisindiirecek bulgu saptanmamasi nede- 
ni ile primer olarak kabul edildi. Batin bilgisayarli tomografide 
(BT) ve pelvik ve paraaortik metastatik lenf nodlari ile uyumlu 
konglomere lenf nodlari izlendi. Pozitron emisyon tomografisin- 
de (PET) heriki diafragmatik bélgede ve akciZer parankiminde 
metastaz ile uyumlu ile tutulum saptandi. Evre Ill olarak kabul 
edilen hastaya 4 kiir CHOP (siklofosfamid, doksorubisin, vinkris- 
tin, prednizolon) tedavisi aldi. Tedavi sonras! abdominal ve to- 
raks BT’de metastatik lenf nodlarinin ve akcigerdeki parankimal 
lezyonlarin tamamen kayboldugu goézlendi. Hastaya kemoterapi 
sonrasi pelvik ve paraaortik radyoterapi uygulandi. Bir yillik ta- 
kip sUresince olguda rekurrens ve metastaz gortlmedi. 


Tartisma 

PTL agresif seyirli ekstranodal lenfomalar olup, genellikle yas 
bireylerde goriilmesine ragmen, son zamanlarda genclerde de 
goérilme sikliginda artis goriilmektedir. Bu artisin HIV enfeksiyo- 
nunun prevalansinin artis! ile iliskili olabilecegine inanilmakta- 
dir. DiZer potansiyel neden olarak ise PTL'in imminfenotipik ka- 
rakterizasyon gésteren timorler olarak iyi bilinmesinin ve germ 
hucreli tumorler olarak yanlis tani alma olasiliginin azliginin bu 
artisa neden olabilecegi ile stirilmistir [1]. Wilson ve ark [4]. 
yaptiklari bir galismada klinik olarak AIDS nedeni ile 2 yil sure 
ile takip edilen toplam 3015 erkek hastanin 6’sinda testis tlim6- 
rd mevcuttu. HIV pozitifli olan testis tumorli 5 hastanin 2’sinde 
yalnizca HIV pozitifligi, 3’Uinde ise AIDS ile iliskili kompleks var- 
di. Testis tumorlerinin 4’G mikst germ hicreli tiiméor, 1’i pur se- 
minom, digeri ise Burkitt lenfoma olarak rapor edilmisti. Yapi- 
lan klinik evrelemede 3 hasta erken evre (Evre 1 veya IIA), diger 
iki hastadan mikst germ hicreli ttim6ér Evre IIC, Burkitt lenfo- 
ma ise Evre IV olarak gézlenmistir. AIDS kompleksi olan hasta- 
lar tumor tanisindan ortalama 7 ay sonra 6lmistir. Erken evre 
olanlar ise 1-9 ay iginde nuks gézlenmistir. Sonug olarak HIV po- 
zitif hastalarin, HIV negatif olan testis timérli diger hasta- 
lara gore daha ileri evrede ve timortin daha erken progresyon 
goésterebilecegi ileri sirtilmustiir. AIDS’li hastalarda opurtonis- 
tik malignensilerin yaklasik %95’ini kaposi sarkomu ve non- 
Hodgkin lenfomalar olusturmaktadir. Bu lenfomlarinda cogu B 
hucreli olup, imminoblastik veya Burkitt benzeri karakterinde- 
dir. Bu tumorler cogunlukla santral sinir sistemi (MSS) gibi ekt- 
ranodal bdlgelerde yerlesim gostermektedir. Ayrica diger ma- 
lignitelerden, Hodgkin hastalig1, anorektal karsinomlar ve tes- 
tikiler timorlerin artisinda da rol oynadigi diistintilmektedir [5]. 
PTL hastalarda prognozu belirleyen en 6nemli faktorler evre ve 
histolojik gradedir. intermediate grade DBBL, testiste ézellik- 
le yuksek gradeli Burkitt lenfomanin sekonder infiltrasyonundan 
sonra en sik gérilen histolojik paterndir. Prognozu olumsuz y6on- 
de etkileyen faktorler ise; yasa bagli yetersiz organ fonksiyon- 
lari, konstitUsyenel belirtilerin varligi, primer tumoriun capinin 9 
cmden buytik olmasi, epididim ve spermatik kord tutulumu, bi- 
lateral testis tutulumu ve LDH seviyesinin yuksek olmasidir [6]. 
PTLda klinik olarak ates, kilo kaybi, istahsizlik, gece terlemesi ve 
halsizlik gibi semptomlar gorilebilir. Fizik muayenede ise siklikla 
testisten tam olarak ayirt edilemeyen sert agrisiz kitle gozlenir. 
Skrotal USG’de, homojen hiperekoik normal testis dokusu icginde 
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hipoekoik sinirlari lobiile kitlesel lezyon goriilmesi tanida olduk- 
¢a yardimcidir. Testisin germ hiicreli tumGrleri disinda grantlo- 
mato6z orsit, psddolenfoma, plazmositom ve rabdomyosarkom 
testikiler lenfomay! taklit edebilir [7]. Serumda ise germ hiic- 
reli timérlerde gézlenen tumor markirlarinda (AFP, B-hCG) artis 
olmaz. Serumda LDH seviyesinde ise artis izlenebilir. Testisin- 
de hipoekoik kitlesel lezyon saptanan hastanin hem yasli olmasi 
hemde timor markirlarinin normal seviyede olmasi PTL’sini dii- 
sundiirmesi agisindan en 6nemli faktorlerdir. Bizim her iki olgu- 
muzda da LDH seviyesinde yiikseklik mevcut olup, diger tumor 
markirlar! normal seviyedeydi. 

PTL ayrici tanisinda klasik seminoma, spermatositik seminoma 
ve embriyonel karsinoma yer almaktadir [8]. Histopatolojik in- 
celemede, testis lenfomalari diffiiz infiltrasyon yapmasi nede- 
ni ile testisin en sik g6ériilen tiimdrlerinden seminomdan ayirt 
edilmesi gereklidir. Seminom hicreleri, lenfoma htcrelerinin ak- 
sine hicre membranlari belirgindir ve santralde yerlesmis oval- 
yuvarlak niikleus etrafinda genis glikojenden zengin sitoplazma- 
si vardir. Ayric! tanida immiunohistokimyasal inceleme yardim- 
ci olmaktadir. Lenfomada CD45’in pozitif olmasi ve PLAP nega- 
tifliZi seminomdan ayiriminda en 6nemli imminohistokimyasal 
belirteclerdir. Lenfomanin hicresel tipinin belirlenmesi igin ise 
CD20 ve CD3 yapilmalidir. Proliferasyon indeksini saptamak i¢in 
Ki-67 bakilmalidir. Bizim olgularimizda CD45 ve CD20 ile diffuiz 
kuvwvetli pozitif boyanma saptanirken, PLAP ile boyanma géz- 
lenmemistir. Ki-67 proliferasyon indeksi ise her iki olguda da 
%80 uzerinde saptanmistir. Testisin diger bir germ hicreli tu- 
m6rii embriyonel karsinomda ise epiteloid gériinitim olmasi ve 
cogunlukla glandiler, papiller ve tubiiler yapilar yapmasi nedeni 
ile kolaylikla lenfomadan ayirt edilebilir. Hem seminomda hem- 
de embriyonel karsinomda gozlenen prekiirs6ér lezyon olan intra- 
tubuler germ hicreli neoplaziler, lenfomalarda yoktur. Granilo- 
matoz ve viral orsitlerde bazen histolojik olarak lenfomayi tak- 
lit edebilirler [9]. 

PTL tedavisinde cesitli tedavi modaliteleri olup, hentiz standart 
bir tedavi yaklasimi mevcut de@ildir. Erken evrelerde (Evre 1 ve 
ll), orsiektomi sonrasi doksorubisinli kemoterapi ve proflaktik 
skrotal radyoterapi veya paraaortik lenf nodu radyoterapi uygu- 
lanmas! 6nerilmektedir. Retroperitoneal bélgeye uygulanan ad- 
juvan radyoterapiye ragmen Evre IE ve IIE’de %70 varan siklik- 
la niiks goriilmektedir. Nuiksler genellikle takibin ilk iki yilinda ol- 
maktadir. ileri evre (Evre III ve IV) hastalikta ise kombine kemo- 
terapi tercih edilen tedavi yaklasimidir [2]. Zietman ve ark. [10] 
21 Evre IE olguda 10’una doksorubisinli kemoterapi uygulamis, 
diger 11 hastanin 6’sini orsiektomi, 5’ini ise radyoterapi ile te- 
davi etmislerdir. Calisma sonucunda 5.yilinda hastaliksiz sag 
kalim kemoterapi alan grupta %75, diger grupta ise %50 olarak 
bulunmustur. Liang ve ark.[11] kombine kemoterapi ve paraaor- 
tik lenf nodu radyoterapisi uyguladiklar! erken evre ( IE ve IIE) 
12 hastanin ortalama yasam stresinin 40 ay olarak bildirmis- 
lerdir. Tim evreler dikkate alindiginda 5 yillik sag kalim orani 
%12 ‘dir [2]. Testisdeki DBBHL olgularinda MSS tutulum olabil- 
mektedir. Fonseca ve ark.[12] bildirdigi seride olgularin %32’sin- 
de MSS’de niiksiin saptanmis olmasi MSS yonelik proflaksinin 
gerektigini diisindiirmektedir. Ancak intratekal kemoterapinin 
santral sinir sisteminin proflaksisindeki roli hala tartismalidir. 
Yapilan galismalarda tedavi alan ve almayan olgularin karsilas- 
tirilmasinda ayni oranda niks tespit edilmistir. Proflaktik kra- 


nial radyoterapinin etkinligZini ortaya koyacak randomize ¢alis- 
malar henuz yapilmamistir. 

Sonug olarak, ileri yasta testisde gorulen agrisiz kitlelerde lenfo- 
ma ilk planda dustinilmesi gerekmektedir. PTL tants! igin, skro- 
tal USG ve serumda LDH seviyesinin yiiksekligi 6Gnemli olup, an- 
cak kesin tan! orsiektomi sonrasi yapilan histopatolojik ve im- 
miunohistokimyasal bulgular ile birlikte konuldugu bilinmelidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

58 yasinda erkek hasta 2.5 aydir var olan gégiis orta kesimde, sternal agri sika- 
yetiyle Niikleer Tip Klinigimize refere edildi. Cekilen tic fazli kemik sintigrafisinde, 
patolojik perftizyon artisi veya hiperemi alani saptanmaksizin, ge¢ goriintilerde: 
bilateral 1. sternokostal bileske kesiminde belirgin artmis aktivite tutulumu, ayri- 
ca 3, 4 ve 5. sternokostal bileske kesiminde ve korpus sterni alt kesim her iki la- 
teral alaninda artmis aktivite tutulumlari gézlenmekteydi. Cekilen 3 boyutlu to- 
raks duvart kemik yapilarin BT incelemesinde, bilateral birinci kosta, sternokos- 
tal eklem diizeyinde ve sternumda xiphoid proces sag kesiminde yumusak doku- 
ya ait dansiteler ve litik goriinuim izlendigi rapor edildi. Kemik sintigrafisi ve CT’de 
izlenen sternokostal lezyonlar biyopside normal kikirdak ve yumusak dokular ola- 


rak rapor edildi. 
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Abstract 

58 year-old male patient with sternal pain was referred to our Nuclear Medicine 
Clinic for bone scintigraphy for 2.5 months. Markedly increased activity accumu- 
lation in the first bilateral sternocostal junction and increased activity accumula- 
tions in 3rd, 4th, 5th sternocostal junctions and lateral portion of inferior part of 
corpus sterni were seen in late static images without increased perfusion and 
hyperemia. Soft tissue density and lytic lesions were seen bilaterally in bilateral 
first costa, sternocostal joints and in right side of xiphoid in his 3D computed 
tomography (CT). Sternocostal lesions that were seen in bone scintigraphy and 


CT, was reported as normal in biopsy. 


Keywords 


Bone Scintigraphy; Polychondritis; Computed Tomography 


DOI: 10.4328/JCAM.2033 


Received: 23.08.2013 Accepted: 08.10.2013 Printed: 01.10.2013 


J Clin Anal Med 2013;4(suppl 2): 142-4 


Corresponding Author: Murat Sadic, Department of Nuclear Medicine, Ministry of Health, Ankara Training and Research Hospital, 06560 Ankara, Turkey. 


T.: +90 3125953608 F.: +90 3125953856 E-Mail: mdmuratsadic@gmail.com 


142 | Journal of Clinical and Analytical Medicine 


Polikondrit Benzeri Bulgu Veren Kartilaj Kalsifikasyonu / Calcification Mimics Polychondritis 


Introduction 

Bone scintigaphy is a widely used and valuable imaging modal- 
ity for the pathologies of bone and joints (1). Bone scintigraphy 
has high sensitivity, but low specificity. This low specificity may 
cause confirmation with other imaging modalities or even with 
biopsy. Herein, we report a case that has activity accumulation 
in the sternocostal junctions with bone scintigraphy and suspi- 
cious metastatic foci with three dimensional (3D) computed to- 
mography (CT), but reported as normal cartilage and soft tissue 
in pathological examination. 


Case Report 

58 year-old male patient admitted to thorax surgery clinic with 
pain around sternum for 2.5 months. Patient was referred to our 
clinic for three phase bone scintigraphy. In his physical exami- 
nation, he had tenderness around sternum, but he didn’t have 
swelling or erythema. He didn’t have any trauma or surgery his- 
tory. In his blood analysis, ALP:139 U/L (normal: 30-120 U/L) 
and calcium: 9.9 mg/dL (normal: 8.8-10.6 mg/dL). 

For the bone scintigraphy, 20 mCi Technetium-99m hydroxy- 
methylene diphosphonate was injected. The images were taken 
when the patient was in supine position. A large field of view 
with a dual head gamma camera (GE Millenium, USA), equipped 
with a low energy general purpose, parallel hole collimator was 
used. A blood flow (1 s/frame, 64x64 matrix, 60 images) and 
blood pool (2 min/image, 128x128 matrix) image were taken 
from the thoracal region In the 3rd hour after injection, ante- 
rior and posterior whole body and static image from the thora- 
cal region (14cm/min, 256x1024 matrix were taken. 

In perfusion and blood pool phases of three phase bone scin- 
tigraphy, there was not any pathologically increased perfusion 
or hyperemia. Markedly increased activity accumulation in first 
sternocostal junction, increased activity accumulation in 3rd, 
Ath and 5th sternocostal junctions and lateral portion of in- 
ferior part of corpus sterni were seen in late static and whole 
body images. The lesion was evaluated as benign lesions like 
polychondiritis, because there was not any increased perfusion 
or hyperemia in perfusion and blood pool phases [Figure 1]. 

In his 3D CT of thoracal bones, soft tissue density and lytic 
lesions were seen bilaterally in first sternocostal joints and 
in right side of xiphoid. Because of lytic lesions in CT, it was 
thought that the lesions may be associated with a metastatic 
cancer. To rule out metastatis five pieces of tissue sample were 
taken and evaluated histopathologically and the samples were 
reported as normal cartilage and soft tissue [Figure 2]. 


Discussion 

Bone scintigraphy is an imaging modality that has high sensitiv- 
ity, but limited specificity in the evaluation of bone pathologies 
[2, 3]. Because of its low specificity, diagnosis can be difficult. 
Three phase bone scintigraphy is used for the diagnosis of pri- 
mary bone pathologies and differentiation of malign and benign 
lesions [4]. Bone scintigraphy can identify abnormal changes 
in cartilage [5]. Increased radioactivity accumulation is seen 
in costocartilages and sternoclavicular joints in polychondiritis 
[6]. In this case, after scintigraphic and 3D CT imaging possible 
metastasis is thought and so histopathological confirmation is 
needed. Sternocostal lesions that were seen in bone scintigra- 


Figure 1. Late whole body (A) and static (B) bone scintigraphy images, markedly 
increased activity accumulation in first sternocostal junction, increased activity 
accumulation in 3rd, 4th and 5th sternocostal junctions and lateral portion of 
inferior part of corpus sterni is seen. 


Figure 2. 3D CT of thoracal bones, soft tissue density and lytic lesions were seen 
bilaterally in 1st sternocostal joints and in right side of xiphoid. 
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phy and 3D CT, were reported as normal cartilage in biopsy. The 
lesions which were misinterpreted as polychondritis were infact 
false positive due to cartilage calcifications. 
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A Rare Cause of Acute Urinary Retention: Retroperitoneal 
Ganglioneuroma and Concurrent Mediastineal Schwannoma 


Akut Uriner Retansiyonun Nadir Bir Nedeni: Retroperitoneal 
Ganglion6roma ve Es Zamanli Gorillen Mediastinal Schwannoma 


Uriner Retansiyon Nedeni: Ganglionéroma / Cause of Urinary Retention: Ganglioneuroma 


Salih Budak, Muzaffer Yilmaz, Hiiseyin Aydemir, Osman Kése, Fatma Hiisniye Dilek, Oztug Adsan 
Sakarya Universitesi Egitim Arastirma Hastanesi, Uroloji Anabilim Dali, Sakarya, Tiirkiye 


Gzet 

Akut idrar retansiyonu ile basvuran yasli erkek hastalarda, altta yatan Oncelikli ne- 
den siklikla benign prostat hipertrofisi ve Uretral patolojilerdir. Akut idrar retansi- 
yonu obstriiksiyonun yan! sira nérojenik nedenlerlede gelisebilmektedir. N6rojenik 
tiimérler, néral “crestten” koken alan hiicrelerden gelisirler ve sinir dokusunun bu- 
lundugu her yerde goriilebilirler. Bu yazida akut Uriner retansiyona neden olan na- 
dir goriilen retroperitoneal gangliondroma ve es zamanli asemptomatik mediasti- 
nal schwannoma olgusu sunulmustur. 
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Abstract 

The underlying prior cause at the old male patients refered with acute urinary re- 
tention is frequently benign prostatic hypertrophy and urethral pathologies. Acute 
urinary retention can develop with obstruction as well as neurogenic causes. Neu- 
rogenic tumors develops from the cells which takes its origin from the neural crest 
and they can be seen every neural tissue. In this study rarely seen retroperitoneal 
ganglioneuroma which causes acute urinary retention and coexisting asymptom- 
atic mediastineal schwannoma case is presented. 
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Giris 

Norojenik tiimorler, néral “crestten” koken alan hiicrelerden ge- 
lisirler ve sinir dokusunun bulundugu her yerde gorilebilirler. 
Norolojik tiimorler koken aldiklari hiicreye gore; sinir kilifi, sem- 
patik ganglionlar, paraganglial hiicreler ve noroektodermden 
kaynaklanan tiimo6rler olarak siniflandiriliriar. Norolojik tumor- 
ler cogunlukla semptom vermezler ve genellikle rutin radyolojik 
tetkikler sirasinda fark edilirler. Ganglionédroma, matiir sempa- 
tik ganglion hicreleri ve sinir fibrillerinden gelisen nadir goru- 
len benign bir nérojenik timodrdiir [1]. Schwannomalar, sinir ki- 
lifindaki perinoral hicrelerin proliferasyonundan kaynaklanirlar 
ve en sik rastlanilan nérojenik tiimo6rlerdir [2]. 

Bu yazida akut driner retansiyon ile prezente olan retroperito- 
neal gangliondroma ve es zamanli gérilen asemptomatik Medi- 
astinal schwannoma olgusu sunulmustur. 


Olgu Sunumu 

Daha 6nce miksiyonla ilgili herhangi bir yakinmasi olmayan ve 
akut Uriner retansiyon nedeniyle basvuran 55 yasindaki erkek 
hastanin yapilan degerlendirilmesinde, abdominal ultrosonog- 
rafide retroperitoneal alanda ve PA akciger grafisinde medias- 
tende kitle tespit edildi. Takiben bilgisayarl! tomografi ile yapi- 
lan tum batin ve toraks gortintiilemede sol retroperitoneal alan- 
da ve mediastende dev kitle (73*95mm) varlig1 saptandi (resim 
1,2). Hastanin ilk muayenesinde suprapubik kitleye eslik eden 


Resim 2. Yesil ok Mediastinal Dev schwannoma 


hassasiyet ve agri mevcuttu (glob vezikale) Uretral kateterizas- 
yonu takiben yapilan fizik muayene bulgular! normaldi, néroen- 
dokrin tumGrlere eslik edebilen herhangi bir cilt lezyonu (sitli 
kahve lekesi, nérofibroma, aksiller veya inguinal cillenme) sap- 
tanmadi. Hastanin 6zge¢misinde ve aile dykiisuinde ozellik arz 
eden herhangi bir bulgu bulunmamaktaydi. Preoperatif endokrin 
ve biyokimyasal degerlendirmeler normal sinirlarda tespit edildi 


(PSA:1,7). Mevcut bulgulari ile multidisipliner olarak degerlendi- 
rilen hastaya 6ncelikli olarak sag torakotomi ile mediastinal kit- 
le eksizyonu yapildi, hastanin patoloji sonucu schwannoma ola- 
rak rapor edildi(resim 3). Hastaya bir sonraki seansta retrope- 
ritoneal kitleye yonelik acik cerrahi uygulandi. Retroperitonda 
32*46 mm boyutlarinda, diizgiin kenarli ve vaskiiler yapilar ile 
iliskili kitle, kint ve keskin diseksiyonlar ile total olarak eksize 
edildi (resim 4). Kitlenin eksizyon sonrasi histopatolojik incele- 
mesi, gangliondroma ile uyumlu olarak rapor edildi (resim 5). Bi- 
rinci yil kontrollerinde niiks tespit edilmedi. 
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Resim 4. Retroperitoneal ganglionéroma 


Resim 5. Schwan benzeri hiicreler ile cevrili kiime gésteren olgun ganglion hticre- 
leri (Gangliondroma) 


Tartisma 
Akut idrar retansiyonu ile basvuran yasli erkek hastalarda, alt- 
ta yatan oncelikli neden siklikla benign prostat hipertrofisi ve 
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uretral patolojiler (striktiir, tas, v.b.) olmaktadir [3]. Ancak Uriner 
traktin mekanik nedenlere bagli obstriiksiyonun yani sira néro- 
jenik nedenler ile fonksiyon kaybina ugramasi g6z ardi edilme- 
melidir. Santral sinir sistemini etkileyen tumorler, multipl skleroz 
gibi inflamatuar hastaliklar ya da diyabette oldugu gibi periferik 
sinir tutulumu olan hastalarda driner sistemde fonksiyonel ka- 
yiplar meydana gelebilmektedir. Otonom sinir sisteminin 6nem- 
li bir lokalizasyonu olan retroperitonda meydana gelen patoloji- 
lerde Uriner sistemi etkileyebilmektedir. Bizim olgumuzda_ mik- 
siyon giicligt disinda semptoma yol agmayan retroperitoneal 
kaynakli ganglindroma mevcuttur. 

Gangliondéromalar en sik yerlesim yerleri sirasiyla mediasten ve 
retroperitondur [1,4]. Retroperitoneal gangliondromalar cogun- 
lukla asemptomatik ve hormonal olarak inaktiftir. Ancak biiyiik 
boyutlara geldiklerinde palpab!l abdominal kitle, agri gibi non 
spesifik semptomlara neden olurlar. Retroperitoneal yerlesim- 
li tumorler cogunlukla (% 80) malign olmalarina ragmen gang- 
lionéromalar benign karakterlidir ve retroperitoneal tiimorlerin 
%1’ni olustururlar [5,6]. 

Schwannomalar eriskin yas grubunda en sik gérlen mediasti- 
nal nérojenik timérlerdir [7]. DiZer nérojenik tiimérlerde oldu- 
gu gibi benign schwannomalar uzun bir donemde ve yavas bii- 
yumektedirler. Schwannomalar siklikla 3 ve 5. dekadlar arasin- 
da gorulirler, genelde asemptomatiktirler ve cogunlukla benign 
karakterlilerdir [8]. Ozellikle ndrofibromatozis ile birlikte gorillen 
schwannomalarin malign olabilecegi akilda tutulmali, sistemnik 
muayene ve takip unutulmamalidir [8]. 

Hem schwannoma hem de ganglionéromanin tedavisi kitlenin 
tam cerrahi eksizyonudur [9,10]. Retroperitoneal ganglion6éro- 
malarin cerrahi eksizyonu hayati anatomik yapilar ile olan yakin 
komsuluklar! nedeniyle zor olabilmektedir [11]. Operasyon son- 
rasi adjuvan tedavi gerekmemekle birlikte malign olma ihtimali- 
de dustinilerek diizenli takipler yapilmalidir. Hastamizin bir yillik 
takiplerinde nuks gortilmemistir. 


Sonuc¢ 

En sik akut idrar retansiyonu nedeni tiriner sisteme ait patolo- 
jiler olmasina ragmen, olasi diger nedenlerde akilda tutulma- 
lidir. Akut driner retansiyon hastalarina sistemik degerlendirme 
yapmak dogru olacaktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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an Unusual Extension to the Upper Thorax 


Ust Toraks da AlisiImadik Bezold Apse Olgusu 


A Case of Bezold’s Abscess with 
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Ozet 

Bezold absesi derin servikal alaniarda otomastoiditis bir apse komplikasyonudur. 
Antibiyotikler, antibiyotik 6ncesi ¢aga gore otitis media ait komplikasyonlarin sik- 
liginda genel bir diistis yapmislarir. Burada ust toraks siradisi uzantisi ile Bezold 


adli apsesi olan 23 yasindaki erkek sunuldu. 
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Abstract 

The Bezold’s abscess is an abscess in deep cervical spaces that is considered as 
a complication of otomastoiditis. Antibiotics have produced an overall decline in 
the frequency of complications of otitis media relative to the pre-antibiotic era. 
Here we report a 23 year old male with Bezold’s abscess with unusual extension 


to upper thorax. 
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Introduction 

The Bezold’s abscess was first described in 1881 by Dr Friedrich 
Bezold, a German otologist, by a study in cadavers in which pu- 
rulent secretion was observed draining from the medial surface 
of the mastoid process[1]. 

Bezold’s abscess is different from the other more common 
forms of abscesses, such as the subperiosteal [1] and should 
be considered in the differential diagnosis of neck abscesses as 
well as unexplained intracranial/extracranial or upper thoracic 
abscesses [2]. Bezold’s abscess is caused by a suppurative pro- 
cess eroding the mastoid cortex along the digastric ridge and 
spreading between the digastric and sternocleidomastoid mus- 
cles [1,3]. Since the advent of antibiotics, Bezold’s abscesses 
have become less and less common [1]. 

Congenital aural atresia is a term used to refer to a spectrum 
of ear deformities present at birth that involve some degrees 
of the development of the external auditory canal (EAC). Usually 
there is a deformed or missing pinna and no external auditory 
canal. The mastoid and the middle ear space may be under- 
developed and the ossicular chain is dysplastic [4]. This paper 
presents a case of Bezold’s abscess associated with aural atre- 
sia, with the unusual extension to the upper thorax. 


Case Report 

A 23-year-old male patient, with a history of smoking and opi- 
ate abuse presented with headache, fever, malaise and pain 
in the right arm for 10 days before visiting in our emergency 
room. He was previously admitted to another center with these 
complaints, where he received broad spectrum IV antibiotic 
therapy and his status was relatively improved. No other signifi- 
cant history such as otalgia or ear discharge was obtained. In 
physical examination, the patient was febrile and had swelling 
and erythema in neck more prominent on right side with exten- 
sion to upper anterior aspect of thorax and right arm. Bilateral 
aural atresia was also present. 

High resolution computed tomography (HRCT) scan of the tem- 
poral bone revealed limited pneumatization of bilateral mas- 
toid cells, otitis, mastoiditis and also cholesteatoma of right 
ear with bony destruction and invasion to adjacent soft tissues 
(Fig. 1A). External auditory canals were bilaterally atretic (Fig. 
1B and 1C). Ossicles of right middle ear were not seen (Fig. 
1D). Extensive abscess in posterior neck spaces (Fig. 1 E) with 
extension to chest wall on right side (Fig. 1F) were observed on 
neck CT scans. Brain CT showed pneumocephalus in right side 
of posterior fossa (Fig. 1G). 

The patient was admitted and undergone tympanomastoidec- 
tomy. After the procedure, IV treatment with broad spectrum 
antibiotics was initiated. After one week the patient showed 
considerable improvement. Chest wall abscess does not re- 
spond to antibiotic therapy and treated with percutaneous 
drainage. The patient is discharged with oral antibiotics. 

The patient was followed for 6 months. During follow-up period 
no complications was observed. Audiometry was performed for 
the patients before surgery and during follow-up that showed 
50 dbl conductive hearing loss as a complication of the choles- 
teatoma which was not improved after surgery. 


Fig 1. A 23-year-old male patient with Bezold’s abscess and aural atresia with an 
unusual extension to the upper thorax. 

A. High resolution computed tomography (HRCT) of the temporal bone revealed 
limited pneumatization of bilateral mastoid cells, otitis, mastoiditis and also cho- 
lesteatoma of right ear with bony destruction and invasion to adjacent soft tis- 
sues. B and C. HRCT scan revealed bilateral atresia of external auditory canals 
(arrows). D. In HRCT scan ossicles of right middle ear were not seen (arrow). E. 
Neck CT scan revealed extensive abscess in posterior neck spaces (arrow). F. Neck 
CT scan showed abscess extension to chest wall on right side (arrow). G. Pneumo- 
cephalus was observed in right side of posterior fossa in brain CT scan (arrow). 


Discussion 

Cholesteatomas are benign masses but have potential to de- 
stroy local structures that affects various pneumatized spaces 
such as middle ear, mastoid or petrous bone. A patient with 
cholesteatoma has a higher risk of complications than with oth- 
er types of otitis media because of its invasiveness [5]. Bezold’s 
abscess is reported previously as a complication of cholestea- 
toma [2,6]. 

A Bezold’s abscess is a cervical abscess that develops in the 
presence of coalescent mastoiditis. Although Bezold’s abscess 
is more commonly a complication of acute otitis media with 
mastoiditis, it is a known complication of chronic otitis media 
with cholesteatoma [6]. The pathogenesis of the Bezold’s ab- 
scess has been attributed to the degree of pneumatization of 
the mastoid bone. The aeration of the mastoid bone, causing its 
walls to thin out can easily act as a pathway for a disease pro- 
cess to spread through it. In the absence of extensive pneuma- 
tization, mastoid bone walls are thick and difficult to erode [5,7]. 
The presence of cholesteatoma debris in the chronically infect- 
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ed mastoid may obstruct the infectious foci into external audi- 
tory canal and allows the foci to find a weak point in mastoid 
tip [2]. In our patient atresia of external auditory canal could be 
an additional reason. 

The main imaging modality for diagnosis of Bezold’s abscess 
is CT scan of temporal bone and neck, especially in clinically 
unnoticed abscesses [1,3]. The findings include the presence 
of fluid filled middle ear and mastoid and demineralization of 
the mastoid trabeculae [8]. CT scan of neck could show the col- 
lection together with obliteration of the fascia and fat plane, 
reticulation of the subcutaneous tissues and thickening of the 
skin overlying sternocleidomastoid muscle [3]. Any suspicion of 
intracranial extension or complications warrants an immediate 
CT scan. Castillo et al. [3] also suggested brain imaging to de- 
tect other intracranial complications of mastoiditis. 

HRCT scan of the temporal bone in our patient showed fluid in 
mastoid with bony destruction and invasion to adjacent soft tis- 
sues. In the neck CT scans extensive abscess in posterior neck 
spaces with extension to chest wall on right side were observed. 
Brain CT also showed pneumocephalus in right side of posterior 
fossa. 

The aural atresia was a significant finding that is not reported in 
cases with Bezold’s abscess and cholesteatoma. Although aural 
atresia was previously reported in cases with congenital choles- 
teatoma or children with cholesteatoma [9], it is only reported 
in one adult patient (a 30-year-old man) with an inflammatory 
granulation tissue and chronic osteomyelitis in the posterior 
part of the mastoid in CT scan [10]. 

In our patient, aural atresia and cholesteatoma was two risk 
factors that we could consider as leading causes for develop- 
ing of a Bezold’s abscess. Of course a delay in taking adequate 
antibiotics and subsequently being prone to extensive infectious 
processes should not be overlooked. 
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Ozet 

Batin cerrahileri sonras! operasyon bélgesinde yabanci madde unutulmasi nadir- 
dir ancak gercek siklig1 bilinmemektedir. Hastalar genellikle asemptomatik olmak- 
la beraber karin agrisi, bulanti kusma, karinda sislik gibi belirtiler verebilirler. Ayri- 
ca apse, sepsis ve fistiillesme g6riilebilir. Yabanci cisimlerin tespit edilmesi igin di- 
rekt grafi, ultrasonografi ve bilgisayarli tomografi kullanilabilir. Yabanci cisim sap- 
tandiginda zaman kaybetmeden bulundugu bélgeden cikartilmasi gerekmektedir. 
Bu olgu sunumunda batin 6n duvarinda unutulan cerrahi ignesinin skopi yardim1 ile 
cikarilmasi olgusu sunulmustur. 
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Abstract 

Forgetting of foreign matters in the operation area after the abdominal surgery 
is rare but the actual incidence is unknown. Patients are usually asymptomatic but 
they can have symptoms such as abdominal pain, nausea, vomiting and abdomi- 
nal swelling. Abscess, sepsis, and fistula formation may also happen. Radiography, 
ultrasonography and computed tomography can be used for the detection of for- 
eign bodies. Foreign objects should be removed from the area of detected without 
delay. In this case report, forgotten surgical needle in the anterior abdominal wall, 
is removed with the aid of fluoroscopy. 
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Giris 

Cerrahi islemler sirasinda operasyon sahasinda yabanci cisim- 
lerin (cerrahi alet, spang, ine vb.) unutulmasi nadir rastlanan bir 
durumdur. Literattirde batin 6n duvari icerisinde ve/veya cilt al- 
tinda unutulan yabanci cisimler ile ilgili genis kapsamli ¢alisma- 
lar bulunmasa da karin i¢ginde unutulan cisimlerin sikliginin yak- 
lasik olarak 1000-1500 intra-abdominal operasyonda bir oldu- 
gu belirtilmektedir [1-2]. Ancak yasal sorunlara yol agabilmesi, 
her vakanin bildirilmemesi ve cogu hastanin asemptomatik ol- 
masi nedeniyle ger¢ek siklik tahmin edilenden cok daha yiiksek 
duzeydedir. Karin cerrahisi sonrasinda unutulmus cerrahi aletler, 
gaz kompres ve drenler; barsak tikanikligi, peritonit, yapisiklik, 
apse olusumu ve fistiil olusumu gibi birgok komplikasyona ne- 
den olabilmektedir [2]. 

Bu durumlarda hasta uzun sre semptomsuz kalabilecegi gibi 
bu komplikasyonlar hastanin hayatini kaybetmesine dahi sebep 
olabilmektedir [3]. Batin 6n duvari ve cilt alt! dokusunda unutu- 
lan yabanci cisimler de yillarca asemptomatik kalabilir. Semp- 
tomatik olanlar ise karin agrisi, enfeksiyon, fistiil olusumu gibi 
sorunlara neden olabilir. 

Makalemizde 3 kere sezaryen ile dogum dykiisii olan ve basvu- 
rusundan 1.5 yil Gnce abdominal total histerektomi ve bilateral 
salpingo-ooferektomi ameliyati olan 48 yasindaki hastanin cilt 
altinda unutulan cerrahi igne olgusunun yénetimi tartisilacaktir. 


Olgu Sunumu 

Kirk sekiz yasindaki bayan hasta kronik sirt agrisi nedeniyle ya- 
pilan tetkiklerinde batin igerisinde yabanci cisim (cerrahi igne) 
on tanisi ile kliniZimize yonlendirilmistir. Hastanin 6zgecmisin- 
de 3 kez Pfannenstiel kesi ile sezaryen dogum ve ayni kesi ile 
abdominal total histerektomi ameliyat 6ykiisii bulunmaktaydi. 
Hasta klinigimize basvurdugunda aktif sikayeti yoktu. Ayrica ya- 
pilan batin muayenesinde ve jinekolojik bakisinda da normal fi- 
zik muayene bulgular! mevcuttu. Oncelikle hastaya direkt batin 
grafisi cekilerek hastanin vicudunda bir cerrahi igne oldugu tes- 
pit edildi. ignenin lokalizasyonun belirlenebilmesi amaciyla yan 
batin grafisi cekildi ve sonucta ignenin batin icerisinde degil de 
batin 6n duvar! igerisinde olabileceginden kuskulanildi. Bu duru- 
mun aydinlatilmasi icin hasta Bilgisayarll Tomografi (BT) ile de- 
gerlendirildi. Sonugta ignenin batin 6n duvarinda, Pfannenstiel 
kesi hattindan 4 cm kranyalde, orta hattin 1 cm sag lateralinde 
ve ciltten 3.5 cm derinde oldugu tespit edildi (Resim 1). Ameli- 
yat igin hastanin mevcut durumu kendisi ile tartisildiktan ve ya- 
zill onami alindiktan sonra batin 6n duvari cilt alti ya& dokusun- 
daki cerrahi ignenin skopi altinda gikartilmasina karar verildi. 
Midahale 6ncesinde skopi ile yabanci cismin iz distimti cilt uze- 
rinde isaretlendi. isaretlenen alana lokal anestezik uygulamasi 
sonras! intravenéz sedasyon esliginde 1 cm lik cilt insizyonu ya- 
pildi ve batin duvari agilmadan skopi esliginde cerrahi klemp cilt 
alti ya& dokusuna ilerletildi ve cerrahi iZne tutularak cikarildi. is- 
lem sonrasinda son bir skopik degerlendirme ile ignenin tama- 
minin cikartildigi gozlendi (Resim 2). Tum islem stiresi 15 daki- 
ka olarak hesaplandi. Hasta ayni giin aksaminda sifa ile tabur- 
cu edildi. Hasta taburcu olurken sefuroksim aksetil 500 mg tab- 
let (giinde iki kez) ve parasetamol 500 mg tablet (gtinde tig kez) 
recete edilmistir. 


Resim 1. Direkt karin grafisi (A), Yan karin grafisi (B), Batin Tomografisi kesitleri 
(C-D). Oklar karin 6n duvarinda unutulan cerrahi igneyi isaret etmektedir. 


Resim 2. Skopi ile cerrahi ignenin saptanmasi (A), Skopi esliginde cerrahi igne- 
nin cilt altindan cikartilmasi (B-C), Cerrahi igne cikartildiktan sonra skopi gértin- 
tiisti (D). 


Tartisma 

Operasyon malzemelerinin hasta bedeninde unutulmasi cerra- 
hi tarih kadar eskidir. Literatiirde bildirilen ilk vaka 1884’te Wil- 
son tarafindan belirtilmistir [4]. Cerrahi bilginin ve imkanlarin 
gecen yillar boyunca gelismesine ragmen hasta bedeninde ya- 
banci maddelerin unutulmasi devam etmektedir. Sikligi kesin bi- 
linmemekle beraber 1/300 ile 1/3000 arasinda degismektedir. 
Gawende ve arkadaslarinin yapmis oldugu bir ¢alismada batin 
iginde yabanci cisim unutulmasinin sikligi 1/8801 ile 1/18760 
arasinda olarak bildirmislerdir [5]. Amerika Birlesik Devletlerin’ 
de her yil yaklasik olarak 1500 vaka bildirimi oldugunu saptan- 
mistir [5]. 

Cerrahi alanda unutulan yabanci cisimlerin medikolegal agidan 
sorunlara neden olmasi bu vakalarin bildiriminde eksikliklere ne- 
den olabilmektedir. ilave olarak unutulan bu cisimlerin hastalar- 
da asemptomatik olarak kalmasi gercek sikligin belirlenmesine 
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engel teskil etmektedir. 

Boyutunun kiictk olmasi ve kan ile birlestiZinde ayirt edilme- 
si zor oldugu icin en sik batin icginde spang unutulmakla beraber 
gossipiboma adi verilmektedir. Gossypium (Latince, pamuk) ve 
boma (Svahilice, unutulan cismin yeri) kelimelerinden koken al- 
maktadir [6]. En sik genel cerrahi (%52), jinekoloji (%22), Uroloji/ 
vaskiler (%10) ve ortopedik/spinal kanal operasyonlarinda (%8) 
spang unutulmaktadir [7]. Apter ve arkadaslari [8] en sik jineko- 
lojik islemler sonrasi batin igi yabanci cisim unutuldugunu bildir- 
mislerdir. Her ne kadar literatiirde karin igerisinde unutulan cer- 
rahi malzemeler ile ilgili bildirilere rastlansa da cerrahi malze- 
menin karin 6n duvarinda da unutulabilecegi akilda tutulmalidir. 
Bu 6nlenebilir durumun risk fakt6rleri ise; acil ameliyatlar, yk- 
sek vucut kiitle indeksine sahip hastalar, alisilmis cerrahi sekli- 
nin degistirilmesi ve operasyon sirasinda cerrahi ekibin degis- 
mesidir. Hastalar! standardize edecek semptomlar ise genellik- 
le yoktur. Erken dénemde batin ici apse veya sepsise neden ola- 
bilmekle beraber hastalarin ¢coZu asemptomatiktir. Yabanci ci- 
simler karin agrisi, bulanti, kusma, apse ve fistil gibi sikayetle- 
re sebep olabilirler. Fakat siklikla yabanci cisimler aseptik fibri- 
noz inflamatuar reaksiyona neden olmalari, omentum ve cevre 
organlar tarafindan enkapstile edilmeleri nedeni ile ciddi semp- 
tomlar vermeyebilirler. Bu da hastalarin genellikle asemptoma- 
tik kalmasina ve gogunlukla da rastlantisal olarak teshis edilme- 
lerine neden olur. Bizim olgumuzda da hastada unutulmus olan 
yabanci cisim farkli nedenler ile yapilan tetkikler sirasinda te- 
sadufen saptanmistir. Radyo-opak yabanci cisimlerin tespitin- 
de direkt grafiler yararl! olmakla beraber, opak olmayan mad- 
deler icin ultrasonografi ve BT daha yararli goruintl: saglamak- 
tadir [9,10]. 

Yabanci cismin erken tespiti ve cerrahi olarak ¢ikarilmasi morta- 
lite ve morbitide oranlarini dustirecektir. Yabanci cisim skopi es- 
liZinde viicut disina alinmasi 6zellikle cerrahi diseksiyonu azalta- 
rak daha az girisimsel olarak islemin yapiImasini saglayacaktir. 
Batin 6n duvarinda olan cisimlerin cikartilmasinda da skopinin 
kullanilmasi hastaya uygulanacak mudahalenin daha az girisim- 
sel olmasini saglayacak ve operasyonunda siiresini kisaltacak- 
tir. Bizim olgumuzda islem stiresi anestezi uygulamasindan kesi 
yerinin suturasyonuna kadar 15 dakika suirmUstir ve islem 1 cm 
lik cilt kesisinden gerceklestirilmistir. 

Sonug olarak cerrahi sonrasi yabanc cisimlerin hasta bedenin- 
de unutulmasi engellenebilir bir komplikasyon olmakla beraber 
butiin cerrahlarin cekindikleri bir durumdur. Operasyon Oncesi 
cerrahi aletlerin sayiminin yapilip gortlebilir bir yere yazilma- 
si, pamuklu maddeleri radyoopak madde ile isaretlenmesi, ope- 
rasyonda kullanilan aletlerin sayimt ile bitirilmesi yabanci cisim 
unutulmasin! azaltacaktir [6]. Daha once cerrahi islem gecirmis 
hastalara operasyon Oncesi direkt batin grafisi ¢ekilmesi veya 
ultrasonografi ile batinin gozlemlenmesi, daha onceki ameliyat- 
larda hasta vicudunda yabanci cisim varligini gostermede yar- 
dimci olsa da, ¢ok da ger¢ekci bir yaklasim olarak algilanma- 
maktadir [6,7]. Kendi vakamizda da oldugu gibi, direkt grafi ile 
saptanan ignenin yerinin tespiti icin yan grafi ¢ekilmesi ignenin 
batin icginde degil, batin 6n duvarinda oldugunun saptanmasina 
yardimci olacaktir. Ek olarak, yabanci cismin kesin lokalizasyo- 
nu igin BT daha net goriintt saglayacaktir. Yabanci cisimlerin ¢I- 
kartilmasi sirasinda skopinin islemi kolaylastiracag! da akildan 
¢ikartilmamalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar ¢akismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

inkontinensiya pigmenti, nadir gértilen, X’e bagli dominant bir hastaliktir. Deri lez- 
yonlart siklikla yenidogan déneminde ortaya cikar ve hiperpigmentasyona yol acan 
4 klasik dénem ile karakterizedir. Disler, gozler, kemikler ve santral sinir sistemi 
gibi ektodermal dokular da etkilenebilir. inkontinensiya pigmentinin tanisi klinik 
bulgular ile konur, nadiren deri biyopsisi gerekebilir. Burada, govde ve ekstremi- 
telerde lineer dagilim gosteren eritem ve vezikiiller ile basvuran 4 giinliik yenido- 


gan olguyu sunuyoruz. 
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Abstract 

Incontinentia pigmenti is a rare, X-linked dominant disease. Skin lesions occur 
mostly during the neonatal period and are characterized by a classic progression 
in 4 stages leading to hyperpigmentation. Additionally, incontinentia pigmenti can 
affect ectodermal tissues such as the skin, teeth, eyes, bones, and the central 
nervous system. The diagnosis of incontinentia pigmenti is established by clinical 
findings and occasionally by corroborative skin biopsy. Herein, we report on the 
case of a female neonate presenting on the 4th day of life with erythema and 


vesicles in linear distribution on the extremities and trunk. 
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Giris 

inkontinensiya pigmenti (iP), Bloch-Sulzberger sendromu olarak 
ta bilinir. Deri, santral sinir sitemi, g6z ve iskelet sistemini et- 
kileyebilen, X’e bagimli dominant gecisli bir genodermatozdur. 
X kromozomunda yerlesen NF-KB esansiyel modulator (NEMO) 
genindeki mutasyonlar hastaliga yol agar [1,2]. Homozigot 
erkek bireyler igin letal bir durum olan IP hastalarinin % 97’si 
kadindir, literatirde hastaligin tanimlandigi az sayida erkek 
hastada IP’nin Klinefelter sendromu (XXY genotipi) ile birliktelik 
gésterdigi veya mozaik formda bulundugu bildirilmistir[3-5]. 
Burada tipik klinik ve histopatolojik bulgulari ile iP tanisi alan 
yenidogan bir olgu sunulmaktadir. 


Olgu Sunumu 

Yirmi yasindaki annenin ilk gebeliZinden dogan 4 gunltk kiz be- 
bek, govde, kol ve bacaklarinda igi su dolu kabarciklar sikayeti ile 
poliklinigimize basvurdu. Bu kabarciklar dogdugu giin ¢ikmaya 
baslamis ve zamanla tim viicuduna yayilmisti. Ozgecmis ve 
soygecmisinde ozellik yoktu. Hastanin vital bulgulari stabil ve 
genel durumu iyiydi. Dermatolojik muayenede govde ve eks- 
tremitelerde lineer, Blaschko cizgilerini takip eden eritemli 
plaklari ve bu plaklar Gzerinde gozlenen vezikilleri saptand 
(Resim 1). Histopatolojik incelemede epidermis icerisine be- 
lirgin infiltrasyon gdsteren eozinofil lokositler ve epidermiste 
eozinofil lékositlerin olusturdugu mikroapse formasyonlari 
saptandi (Resim 2). Hastaya klinik ve histopatolojik bulgular 


~ 


Resim 1. Her iki alt ekstremite ve govdede lineer yerlesimli eritemli, veziktiler 
lezyonlar 


' =" 
Po 5. wig 
’ X, . ‘ ae 
~ . omaha a2 £924 . 
F a shea® ey ~ 
‘ a ‘ 7 - 
“ ea Ny A 
a7 oy 4 ined 
eo o> > ‘> 
“a - «| girs: 
By ap le: ~ 
PS Tre y y > 
é ~ ae "2 will a“ 
4 & 4° — ¢ 


, ‘ ry : - 
- 4 Rm, 2.4 

7” “} > s- \. > ° ° 

a ~ a eee . . 
al a . "es *# ’ be ‘ 

bate N ~ .%r . > 

pw, ie “ae 9%; ¥ a ° 
“* ‘oe 6 * | 
» «© | A , .* ad 


Resim 2. Epidermis icerisine belirgin infiltrasyon gosteren eozinofil lokositler 
(H&E, 400x) 


verriikéz evre hastalarin yaklasik % 70-80’inde gériiliir. iki ile 
altinc! hafta arasinda baslar. Ekstremite, govde ve daha nadir 
olarak bas-boyun bolgesinde kalin, verrk6z plaklar gézlenebilir. 
Hiperpigmente lezyonlarin gorildigti 3. evrede ise Blaschkoid 
yerlesim gésteren kahverengi-gri renkli maktl ve yamalar izlenir 
ve bu lezyonlar daha once vezikiil veya verrtik6z plak gelismemis 
alanlarda da goézlenebilir. Meme ucu, aksilla ve inguinal bélge 
en sik etkilenen alanlardir. Dérdiincii evrede gozlenen atrofik 
lezyonlar hastalarin % 30-70’inde tanimlanmistir. Genellikle 
adélesan dénemde gelisen ve eriskin dénemde de kalici olarak 
seyreden bu lezyonlar alt ekstremitelerde lineer veya retikiler 
tarzda hipopigmente, atrofik yamalar seklinde gorilurler[1-3]. 
iP hastalarinda, deri disinda, sac, dis, tirnak, g6z ve santral sinir 
sistemi degisiklikleri de izlenebilmektedir. Vertekste skatrisyel 
alopesi, en sik rastlanan sac bulgusudur ve hastalarin % 38’inde 
gorulur. Kas ve kirpiklerde hipotrikoz da gdézlenebilir. Tirnak 
distrofisi prevalansi tam olarak bilinmemekle birlikte, % 7-40 
arasinda tahmin edilmektedir. Erken cocukluk gaginda gézlenen 
tirnak anomalileri arasinda, tirnakta distrofi, tirnak plaginda 
cukurlanma (pitting) ve longitudinal tepelenme ve onikoliz 
sayllabilir. ilerleyen yaslarda (puberte ile 3. dekad arasinda) 
subungual ve periungual bolgelerde keratotik tliimorler géril- 
ebilir[1-2]. Dental anomaliler olgularin % 80’ninde goriliir. Dis 
cikarmada gecikme, parsiyel anodonti, konik disler en sik gdzle- 
nen dental anomalilerdendir [6]. 

Okiiler bulgular olgularin % 20-85’inde gorulir. Tipik olarak 
retinal ve retinal olmayan bulgular olarak ikiye ayrilir. Retinal 
bulgular arasinda foveal hipoplazi, retinal pigment anomalisi, 
vitreusta kanama ve retina dekolmani sayilabilir. Retinal ol- 
mayan bulgular arasinda sasilik, nistagmus, optik sinir atrofisi, 
konjonktival pigmentasyon, iris hipoplazisi ve Gveit bulunur[7]. 
Norolojik bulgular olgularin yaklasik % 30’unda saptanmistir. 
No6rolojik bulgular arasinda spastik paralizi, mental retardasyon, 
mikrosefali, epilepsi, serebellar ataksi ve gelisme geriligi 
bulunmaktadir[8]. 

iP’nin tanisi igin Landy ve Donnai tarafindan ileri siirtilen tani 
kriterleri Tablo 1’de gésterilmistir. Aile hikayesi olmayan olgu- 
larda en az bir major kriterin varlig1 gerekmekte, minor kriter- 
lerin varligi taniy: desteklemektedir. Ailede iP hikayesi olmasi 
durumunda major kriterlerden herhangi birinin varligi taniy! 
kuvvetle destekler[1]. 


Tablo 1. inkontinensiya pigmenti tanisi icin ileri siiriilen tant kriterleri 


1.derece 

akrabada 

inkontinensiya = Major kriter Minor kriter 

pigmenti 

oykiisti 

Yok Tipik neonatal dénem dokiintiisti; Dental anomali 
eritemli papiil, veziktil ve eozinofili 
Ozellikle gévde yerlesimli Blaschko Alopesi 
cizgilerini izleyen hiperpigmente 
yamalar 
Lineer, atrofik, kil kaybi olan yamalar —_Tirnak de@gisiklikleri 
Tipik dékiinttiye dair hikaye; Retinal hastalik 
hiperpigmentasyon, atrofik, kil kaybi 
olan yamalar 

Var Vertekste alopesi 


Dental anomaliler 
Retinal hastalik 


Multip! erkek bebek abortusu 


Journal of Clinical and Analytical Medicine | 155 


inkontinensiya Pigmenti / Incontinentia Pigmenti 


iP’nin histopatolojik incelemesi de evrelere gore deBiskenlik 
gosterir. Vezikuler evrede intraepidermal ve dermal eozinofilinin 
eslik ettigi spongiotik dermatit izlenir. ikinci evrede cok sayida 
diskeratotik hucreler ve hiperkeratozun eslik ettiZi epider- 
mal hiperplazi tipiktir. Uciincii evrede en yaygin histopatolojik 
bulgu, kalinlasmis papiller dermisteki melanofajlarda melanin 
depolanmasinin yol ac¢tigi pigment inkontinensidir. Dordiinci 
evrede atrofik epidermis izlenir[1]. Bizim olgumuzun hem klinik, 
hem de histopatolojik bulgulart birinci evre IP ile uyumlu idi. 
iP’nin ayirici tanisi, hastaligin evrelerine gére deBiskenlik 
gésterir. IP’nin ilk donemi yenidoganin vezikiilobiill6z lezyonlar 
ile karisabilir. Bull6z impetigo, herpes simpleks ve varisella 
infeksiyonu, viral ve bakteriyel kiiltiirler ile iP’den ayirt edile- 
bilir. Langerhans hiicreli histiyositoz da yenidogan déneminde 
papUloveziktiler lezyonlarla seyredebilir. Histopatolojik ince- 
leme ile iP’den kolaylikla ayirt edilir. Dermatitis herpetiformis 
ve epidermolizis billoza gibi immiin aracili bulloz hastaliklar 
ise tipik histopatolojik ve direk immmiinfloresan bulgularina 
sahiptirler[9]. Verrtik6z plaklarin gézlendigi ikinci evre ise verrii, 
lineer epidermal nevis ve liken striatus ile karisabilir. Lineer 
epidermal neviis lezyonlari persistandir. Oncesinde vezikiilobill- 
l6z lezyonlar olmadigi gibi sonrasinda hiperpigmentasyon da 
izlenmez. Liken striatus histopatolojik olarak likenoid patern 
gosterdiginden iP’den kolaylikla ayirt edilebilir. Hiperpigmen- 
tasyon evresi, pigmenter mosaisizm, nevoid hipermelanozis ve 
X-bagimli punktat kondrodisplazi ile karisabilirken; son evrede 
goriilen atrofik lezyonlar, Goltz sendromu ve pigmenter mosai- 
sizm ile karisabilir[1]. 

Hastaligin tedavisi semptomatiktir. Vezikiiler evrede sekonder 
bakteriyel infeksiyona engel olmak icin topikal antibiyotikler 
Onerilebilir[2]. 

Nadir gériilen bir dermatoz olmakla birlikte, iP tanisinda der- 
matologlar 6nemli bir role sahiptir. Ailelerin hem sistemik tutu- 
lum, hem de genetik danismanlik agisindan yonlendirilmesi igin 
erken tani 6nemli olup, bu nedenle dermatologlara biiyik gorev 
diismektedir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢cikar gakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Ozet 

Anastomoz kagaklari sonrasi hasta tedavisi zorlasmakta ve mortalite oranlari art- 
maktadir. Gastrointestinal sistemin asagi seviyelerindeki anastomoz kacaklarinda 
daima bir ostomi alternatifi var oldugu icin beslenme ile ilgili komplikasyonlar az 
gériilmektedir. Ust gastrointestinal sistem anastomoz kacaklarinda ise hastanin 
beslenme durumu géz 6niine alindiginda anastomoz yapma gerekliliZi artmakta- 
dir. Bunedenle mortalite oranlari da artmaktadir. Bu makalede, duodenojejunal bi- 
leske anastomoz kaca§i olan bir hastanin tedavisinde uyguladigimiz farkli bir rea- 


nastomoz teknigini sunmay! amagladik. 
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Abstract 

After anastomosis leakages, treatment of patient gets more difficult and mortal- 
ity rates increase. At lower level gastrointestinal anastomosis leakages, because 
of always there is an ostomy alternative, digestion problems are seen lesser. But 
at upper level gastrointestinal system anastomosis leakages, when it is taken 
account of nutrient condition of patient, requirement of making anastomos in- 
creases. So moratlity rates increase. At this article we aimed to present a dif- 
ferent technique that we administered on management of a patient who had 


duodenojejunal junction anastomosis leakage. 
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Introduction 

Anastomotic Leakage is one of most serious complications 
seen after gastrointestinal surgery. Risk factors for anastomot- 
ic leakage are manifested in various studies. These risks may 
be listed as male sex [1], urgent surgery [1], smoking and alco- 
hol [2], The American Society of Anesthesiologists (ASA) score 
[3], obesity [4], prolonged surgery time [3], low albumin level 
[5], increased intraoperative blood loss [5] and use of vasopres- 
sors [6]. We aimed to present a different procedure on a patient 
who was referred to our clinic because of leakage occurred two 
times after the anastomosis which made for full-thickness in- 
testinal injury on duodenojejunal junction at Ligament of Treitz 
level. 


Case Report 

27 years old male patient was operated because of shrapnel 
injury after bomb explosion in Syria and full-thickness injury 
on duodenojejunal junction was repaired primerly. Patient who 
was reoperated because of anastomosis leakage at postopera- 
tive 7th day was referred to our clinic because of leakage of 
second anastomosis too. Patient was operated after necessary 
resusitations. At abdominal exploration, partial division was de- 
tected on anastomosis which was on duodenojejunal junction 
at Ligament of Treitz level. Congestion of first 10 cm of jejunum 
which is presented at distal of anastomosis was degenerated. 
We seperated the anastomosis completely. Nearly 3 cm from 
Ath part of duodenum was seperated by dissection of Ligament 
of Treitz. 31 mm circular stapler anvil was fixed to duodenal end 
with purse string suture. Congestion of 10 cm of jejunal end 
was degenerated and this part resected than circular stapler 
was entered from jejunal end, and nearly 5 cm forward duo- 
denojejunal end/side anastomosis was made up. It was seen 
that tissues wich left inside of stapler were full thickness and 
circular. Than jejunal end was closed by using linear stapler. To 
prevent the anastomosis, from lateral side of second part of 
duodenum, Witzel style tube duodenostomy was put (Fig. 1a, 
b, c). Abdomen was closed after drains left to intraabdominal 
cavity. At 6th day patient had no problem and on this day it was 
seen that there was no leakage, by imaging passage graphy via 
duodenostomy (Fig. 2). Patient was allowed to have oral nutri- 
ents. 15th day tube duodenostomy was ejected and the patient 
was discharged with full recovery. 


A Lig. of Treitz diss. 
\\., Staple anastomosis 


Figure 1. Anastomosis leakage (A), Seperation of ligament of treitz and prepera- 
tion for stapler anastomosis(B), Anastomosis and tube duodenostomy (C). 


Figure 2. Imaging of anastomosis passage by giving opaque material via tube 
duodenostomy 


Discussion 

Anastomosis leakage is one of most severe surgical complica- 
tions [7]. Incidence of this complication differs in various stud- 
ies nonetheless Haga et al. reported between 1,3% and 19,6% 
with 4,1% average [7]. Mortality rates varies between 0-18,4% 
[7]. Mortality of duodenal injuries are nearly 17% [8]. After 
anastomosis leakage treatment of patient gets more difficult 
and mortality rates increases. At lower level gastrointestinal 
anastomosis leakages, because of a lays there is an ostomy 
alternative mortality risk is in proportion to low, nonetheless at 
upper level gastrointestinal anastomosis leakages, when it is 
taken account of nutrient condition of patient it is possible to 
say that desire of making anastomosis a bit more increases and 
so this situation increases the mortality rate. 

Our patient was operated two times by reason of duodenoje- 
junal injury and anastomosis leakage occurred after both op- 
erations. We operated patient and because of anastomosis 
leakage at Ligament of Treitz level, taking into account that 
it was difficult to make the anastomosis manually, according 
as esophagojejunal anastomosis which made after total gas- 
trectomy, we made end/side anastomosis by using circular sta- 
pler. To prevent the passage that we made anastomosis, tube 
duodenostomy was performed with Witzel Technique. When we 
ascertained literature, on an anastomosis leakage made for a 
like this injury, we didn’t come upon a procedure that is similar 
to ours. Therefore we wanted to present the new surgical tech- 
nique that we made. 


Conclusion 

As a result we saw that, when it is considered that it is neces- 
sary to try anastomosis alternative firstly, at injuries which it 
is difficult to make anastomosis manually,to maket he anas- 
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tomosis with stapler will be more suitable. Also, we witnessed 
benefits of tube duodenostomy to prevent the anastomosis. 
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Bir Hastada Amitriptilin ile Tekrarlayan Ozkiyim Girisimi 
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Ozet 

Bircok ulkede ilk on dliim nedeninden biri olan 6zkiyimlarda en sik goriilen giri- 
sim yolu yliksek doz ilag alimidir. Ozkiyim girisimlerinin biiyiik bir kisminda genel- 
likle altta yatan psikiyatrik bir bozukluk vardir. Bu hastalarda en sik depresif bo- 
zukluk gériildr. Ozkiyim girisimine neden olan psikiyatrik bozukluklarin yani sira ki- 
silik bozukluklarinin da tanimlanmasi son derece 6nemlidir. Trisiklik antidepresan 
alimi acil servise sik basvuru nedenlerinden biridir. Bu yazida acil servise tekrarla- 
yan yliksek doz amitriptilin alimi ile 6zkiyim girisimi sonucu getirilen bir olgu su- 


nulmustur. 
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Abstract 

High-dose drug intake is one of the most common attempts in suicide which is 
one of the first ten cause of death in many countries. There is an underlying psy- 
chiatric disorder in the majority of suicide attempts. Depressive disorder is seen 
most commonly in these patients. The identification of psychiatric disorders as 
well as personality disorders causing the suicidal attempt are extremely impor- 
tant. The intake of tricyclic antidepressant is a common reason of the admission 
to the emergency service. A case admitted to emergency service due to suicidal 


attempt with recurrent high-dose amitriptyline intake is presented in this article. 
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Giris 

Onemli bir halk sagliZ1 sorunu olan 6zkiyim Diinya Saglik Orgii- 
tii (DSO) verilerine gore ilk on dliim nedeni arasinda olup tim 
dlimlerin yaklasik %0.9’undan sorumludur [1]. Ozkiyim girisimi 
ile iliskisi en fazla gdsterilmis olan psikiyatrik bozukluk depres- 
yondur [2]. Bunun yani sira 6zkiyimlarda bireyin kisilik 6zellikle- 
ri de 6nemlidir. Ozkiyim girisiminde bulunan hastalar genellik- 
le olgunlasmamis, ben merkezcil, asir! bagimlilik gereksinimle- 
ri olan, diirti kontrolleri zayif bireylerdir [1, 3]. Ozkiyim girisim- 
lerinin biyk cogunlugunu ilag alimlari olusturmaktadir. Trisiklik 
antidepresan (TSA) zehirlenmeleri ilag alimi nedeni ile acil ser- 
vise basvurular iginde 6nemli bir yer tutmaktadir [4]. Bu yazida 
depresif duygu durum bozuklugu tanisi ile takipte olan ve ylik- 
sek doz amitriptilin alarak acil servise tekrarlayan 6zkiyim gi- 
risimleri nedeni ile basvuran on sekiz yasinda bir olgunun fi- 
zik muayene ve laboratuar bulgular! ile izlem, tedavi ve sonuc- 
lari sunulmustur. 


Olgu Sunumu 

On sekiz yasinda kadin hasta biling degisikligi ve ajitasyon ne- 
deni ile acil servisimize getirildi. Hasta yakinlarindan, hastanin 
yaklasik 4 saat 6Gnce 25 mg amitriptilin igeren ilagtan 40 adet 
aldigi 6grenildi. Hastaya ilk basvurdugu hastanede mide lava- 
ji ve aktif komir uygulanmisti. Basvuru aninda Glasgow Koma 
Skalasi (GKS) skoru 6 olan hasta enttibe edilerek mekanik ven- 
tilatore baglandi. Fizik muayenede: kan basinci: 100/60 mmHg, 
na-biz: 120 atim/dakika, solunum sayisi: 20/dakika ve ates: 
36,1 °C idi. Fizik muayenesinde ek 6zellik saptanmayan hasta- 
nin cekilen elektrokardiyog-rafi (EKG)’sinde kalp hizi 132 atim/ 
dakika, QRS siiresi 84 ve QTc 412 msn idi (Sekil 1). Laboratu- 
ar tetkiklerinde: lokosit: 9770/uL, Hb: 11.6 g/dL, PLT: 175000/ 
uL idi. Kan gazi incelemesinde pH: 7.3, pCO2: 36.4 mmHg, pO2: 
139 mmHg, HCO3: 21.4 mmol/L, BE: -3.2 mmol/L ve O2Sat: 
%98.7 idi. Hastanin akciger grafisinde akut bir patoloji tespit 
edilmedi. Ozgecmisinde dért kez daha amitriptilin alarak 6zki- 
yim girisimi 6ykUsii olan hastada klinik bulgular esliginde TSA 
(amitriptilin) intoksikasyonu disunildi. Basvuru aninda entiibe 
edilen hastaya serum fizyolojik (% 0.9 NaCl) infuzyonu baslandi. 
Noébet aktivitesi ve/veya EKG de@isikliZi saptanmayan hastaya 
sodyum bikarbonat (NaHCO3) tedavisi verilmedi. Destek tedavi- 
si (hidrasyon, monitérizasyon ve mekanik ventilasyon) uygulan- 
maya baslanan hasta yogun bakim Unitesine yatirildi. Yaklasik 
yirmi dért saat enttibe takip edilen hasta bilincinin agilmasi Uze- 
rine ekstiibe edilerek mekanik ventilatérden ayrildi. Vital bulgu- 
lar! stabil seyreden ve takibinde ek problem olmayan hasta psi- 
kiyatri ile konsiilte edildi. Psikiyatri boliimu tarafindan depresif 
bozukluk tanisi ile sertralin tablet 50 mg/giin tedavisi baslanan 


Sekil 1. Hastanin basvuru aninda cekilen elektrokardiyografisi 


hastada eksen 2 kisilik bozuklugu da olabilecegi belirtilerek psi- 
kiyatri poliklinik kontrold onerildi. Hasta yatisinin besinci guniin- 
de sifa ile taburcu edildi. 

Yakinlarindan, daha once de dort defa amitriptilin alarak 6zki- 
yim girisimi 6ykisu oldugu 6grenilen hastanin sadece onceki iki 
basvurusuna ait hastane kayitlarina ulasilabildi. Diger iki basvu- 
runun farkli hastanelere olmasindan dolay! o déneme ait hasta 
bilgilerine ulasilamadi. Yaklasik 4,5 yil Once hastanemize yapl- 
lan birinci basvuruda, bilinci uykuya meyilli ve uyandirildiginda 
ise ajite olan hastanin GKS skorunun 10 olarak degerlendirildigi, 
sinus tasikardisi (yaklasik 110/dakika) disinda ek patolojik fizik 
muayene, laboratuar ve EKG bulgusunun olmadigi tespit edildi. 
Yine hastane kayitlarindan, hastanin 10 mg amitriptilin igeren 
ilagtan 30 adet aldigi, destek tedavisi verilerek takip edildigi ve 
psikiyatri konstiltasyonu sonucu depresif bozukluk diistinilerek 
sertralin tedavisi baslanarak yatisinin Uginci giintinde sifa ile 
taburcu edildigi ogrenildi. 

Yaklasik dort yil 6nce hastanemize yapilan diger basvuruda ise 
hastanin 10 mg amitriptilin igeren ilagtan 25-30 adet aldigi, bi- 
lincinin uykuya meyilli oldugu, GKS skorunun 9 olarak degerlen- 
dirildigi ve sevk edildigi kurumda mide lavaji yapilarak aktif k6- 
mir uygulandigi hastane kayitlarindan 6grenildi. Fizik muayene, 
laboratuar ve EKG bulgulari normal sinirlarda olan ve destek te- 
davisi uygulanarak takibe alinan hastanin psikiyatri konsiiltas- 
yonu sonucu depresif bozukluk distinilerek sertralin ve risperi- 
don baslanarak yatisinin ikinci giiniinde kendi istegi ile taburcu 
edildigi ogrenildi. 


Tartisma 

Trisiklik antidepresan (TSA) ilaglar depresyon, noropatik agri, 
migren, eniirezis ve dikkat eksikligi-hiperaktivite bozuklugu gibi 
pek cok farkli endikasyonda kullanilmaktadir. Acil servise bas- 
vuru nedenleri arasinda 6nemli bir yer tutan TSA zehirlenmeleri 
dlimle sonuglanma potansiyeline sahiptir [4]. Tum antidepresan 
ilag zehirlenmeleri arasinda TSA zehirlenmeleri digerlerine gore 
daha sik gériilmektedir [5]. TSA zehirlenmelerinde ise en sik kar- 
silasilan ilag amitriptilin olup yar! 6mrii 7-58 saat arasindadir. 
Terapotik doz aralig! 1-5 mg/kg olan TSAlarin ézellikle 10 mg/ 
kg’in uzerinde alinmis olmasi ciddi toksisite ve mortalite riskine 
neden olur [6]. TSA zehirlenmelerinde ilag diizeyinin belirlenme- 
sinin akut tedavi yOnetimine etkisi fazla degildir, ancak tanly! 
desteklemek i¢in katkisi vardir [5]. Hastamiz toplam bes kez 6z- 
kiyim amagli amitriptilin alan on sekiz yasinda bir kadin idi. Has- 
tanin vicut agirligina gore hesaplanan amitriptilin dozu yaklasik 
16-17 mg/kg civarinda olup ciddi toksisite araliginda idi. Teknik 
yetersizlikler nedeni ile kan ilag (amitriptilin) dizeyi calisilama- 
di. ilag alimini takiben besinci saatte acil servise getirilen has- 
tada basvuru aninda toksisite bulgular! mevcuttu. 

Siddetli TSA zehirlenmelerinde her turlii ritm bozukluklari, n6- 
bet, solunum depresyonu, koma ve hatta éliim gorilebilir [7]. 
Nobet ve biling degisikligi merkezi sinir sistemi toksisitesinin 
onemli belirtilerindendir [5]. Hastamizda basvuru aninda biling 
degisikligi (koma) ve tasikardi tespit edildi. Hasta acil serviste- 
ki ilk degerlendirmesini takiben entiibe edilerek mekanik venti- 
latore baglandi. Acil serviste baslanan destek tedavisine yogun 
bakim Unitesinde de devam edildi. Yaklasik yirmi dort saat en- 
tbe takip edilen hasta bilincinin agilmasi Uzerine ekstiibe edile- 
rek mekanik ventilat6rden ayrildi. 
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Siniis tasikardisi, sag aks sapmasi, PR, QRS ve QT intervallerin- 
de uzama TSA zehirlenmelerinde sik gorulen EKG degisiklikleri- 
dir. Bu tip EKG de@isiklikleri genellikle orta-ciddi toksisite duru- 
munda ortaya ¢ikar [6]. Sins tasikardisi TSA zehirlenmelerinde 
en sik goériilen kardiyak anormallik olmasina ragmen genellikle 
hemodinamik bozukluk olusturmaz [5]. Destek tedavisi ile kalp 
hizi normal sinirlara gelen hastamizda sinus tasikardisi disinda 
EKG degisikligi saptanmadi. 

TSA zehirlenmelerinde erken dénemde mide lavaji ve aktif k6- 
mir (1 gr/kg dozunda) uygulanmas! onerilmektedir [6]. Hastami- 
za ilk basvurdugu hastanede erken dénemde mide lavaji ve aktif 
kémur uygulandigi epikrizden ogrenildi. Acil servisimize basvuru 
aninda GKS skoru 6 olarak degerlendirilen hastaya entiibasyon 
sonrasi tekrarlayan aktif komur uygulamasi yapildi. 

TSA zehirlenmelerinde NaHCO3 tedavisi endikasyonlari: sivi te- 
davisine yanitsiz hipotansiyon, ventrikiler disritmiler ve kardi- 
yak ileti bozukluklaridir [5]. QRS intervali 100 msn iizerinde olan 
hastalara sodyum bikarbonat tedavisi baslanmas! 6nerilmekte- 
dir [5, 6]. Sintisal tasikardi disinda EKG de@gisikligi olmayan ve 
hipotansiyon saptanmayan hastaya sadece intravendz serum 
fizyolojik (% 0.9 NaCl) infizyonu uygulandi. 

Ozkiyim, Diinya Saglik Orgiiti (DSO) verilerine gére ilk on 6liim 
nedeni arasinda yer almaktadir [1]. ila¢ zehirlenmeleri 6zkiyim 
nedeni ile acil servise olan basvurular i¢ginde 6nemli bir yer tut- 
maktadir. Ozkiyim girisimi ile psikiyatrik bozukluklar arasinda 
gicli bir iliski soz konusu olup iliskisi en fazla gosterilmis olan 
psikiyatrik bozukluk depresyondur [2]. Atesci ve ark. [8] yaptik- 
lari ¢alismada 6zkiyim girisiminde bulunanlarin yaklasik olarak 
yarisinda psikiyatrik bozukluk (%53,3) ve psikofarmakolojik te- 
davi (%48) dykiisi bulundugunu, girisimcilerin en fazla kullan- 
diklar! yéntemin ise ilag alimi (%65) oldugunu bildirmislerdir. 
Yine ayni calismada 6zkiyim girisiminde bulunan hastalarda en 
sik gorillen psikiyatrik bozukluklarin depresyon (%46.7), psikotik 
bozukluk (%15) ve anksiyete bozuklugu (%13.3) oldugu saptan- 
mistir [8]. Hastamizin 6zgeg¢misinde depresif bozukluk dykiisii 
mevcuttu ve 6zkiyim girisimlerinin tamaminda yuksek doz ila¢ 
(trisiklik antidepresan) alim yolunu kullanmisti. 

Ozkiyimlarda psikiyatrik bozukluklarin yan sira bireyin kisilik 
ézellikleri de son derece énemlidir. Ozkiyim girisiminde bulu- 
nan hastalar genellikle olgunlasmamis, ben merkezcil, asiri ba- 
gimlilik gereksinimleri olan, dirt kontrolleri zayif bireylerdir [1, 
3]. Bu ozelliklerin toplandigi kime B kisilik bozukluklarinda (an- 
tisosyal, borderline, histrionik ve narsistik) kendine zarar ver- 
me ya da 6zkiyim daha siktir [1, 3]. Borderline kisilik bozuklugu 
olan hastalarda tetikleyici faktérlere bagli 6zkiyimlarin ve dep- 
resyonda kendine zarar verme davranislarinin cok fazla géril- 
dugui bildirilmistir [8]. Ates¢i ve ark. [8] yaptiklari calismada 6z- 
kiyim girisimi olan hastalarda en sik borderline kisilik bozuklu- 
gu saptadiklarini ve bunu sirasiyla histrionik ve antisosyal kisilik 
bozuklugunun izledigini bildirmislerdir [8]. Sevik ve ark. [9] yap- 
tiklar! galismada intihar girisiminde bulunanlarin yaklasik d6ért- 
te birinin daha once de benzer girisimlerinin oldugunu bildirmis- 
lerdir [9]. Hastamizin tibbi hikayesinden 6zgecmisinde tekrarla- 
yan 6zkiyim girisimlerinin oldugu ve bu girisimlerin bazi tetikle- 
yici faktorlere bagli olarak gerceklestigi ogrenildi. Hasta 6zki- 
yim girisimlerinin 6zellikle annesi ve arkadaslari gibi yakinlariyla 
tartistiktan sonra oldugunu belirtti. Hastanemize olan daha 6n- 
ceki iki basvurusunda da psikiyatri konsiiltasyonu sonucu depre- 


sif bozukluk dustinilerek medikal tedavi (sertralin ve risperidon) 
baslanan hastanin son basvurusunda da depresif bozukluk dii- 
sUnildi. Ayrica medikal tedavi (sertralin) baslanan hastaya kisi- 
lik bozuklugu agisindan degerlendirilmek Uzere ve kontrol amac- 
li psikiyatri poliklinigine basvurmasi onerildi. Hasta yatisinin be- 
sinci giiniinde sifa ile taburcu edildi. 

Hvid ve ark. [10] tekrarlayan 6zkiyim girisimlerini 6nlemede bi- 
reylerin uzun streli takibe alinmasinin en uygun yaklasim oldu- 
gunu bildirmislerdir. Hastamiza her basvurusunda taburculuk 
sonras! psikiyatrik takip Onerilmisti ve aile bireylerine 6zkiyim 
egilimi konusunda bilgilendirme yapilmisti. 

Sonug olarak; degisen hayat kosullari nedeni ile daha sik g6- 
rulmeye baslanan psikiyatrik bozukluklar 6zkiyim girisimlerinin 
énemli bir etkeni olarak karsimiza cikmaktadir. Ozellikle dep- 
resif bozukluk ve borderline kisilik bozuklugu ile 6zkiyim girisi- 
mi arasinda guclu bir iliski bulunmaktadir. Bu nedenle psikiyat- 
rik bozukluklarin tanisinin konularak takip ve tedavisinin yapil- 
mas! toplumun bir par¢asi olan bireyin yasam kalitesine katki- 
da bulunabilir ve tekrarlayan ozkiyim girisimlerini engelleyebilir. 


Cikar Cakismasi ve Finansman Beyani 
Bu cgalismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ge¢ Diyafragma Hernisi Nedeniyle Kardiyak Arrest Gelisen Olgu 


A Case of Cardiac Arrest Due to Late Diaphragm Hernia 


Geg Diyafragma Hernisi / Late Diaphragm Hernia 


Duygu Mergan iliklerden', Umit iliklerden?, Ufuk Cobanoglu’ 
1G6Biis Cerrahisi, 7Genel Cerrahi AD., YYU Tip Fakiiltesi, Van, Turkiye 


Ozet 

Kunt travmalarin % 0,5-6’sinda travmatik diyafragma hernileri gortillir ve bu va- 
kalarda erken tani zordur. Travmatik diyafragma hernisi travmadan haftalar, ay- 
lar bazen de yillar sonra semptom verip tani alabilirler. 20 yasinda erkek hasta 8 
yil 6nce agactan diisme oyktisi mevcut. Birkag yildir stiren yemeklerden sonra epi- 
gastriumda agri tarifliyor. Hastanin son 2 haftadir yemeklerden sonra artan g6- 
gus agrisi nefes darligi sikayetleri mevcut. Hastanin cekilen PA akciger grafisin- 
de sol alt zonda hava sivi seviyesi gértildii. Tetkik edilmek tizere yatirilan hastada 
ikinci giin ani olarak mediyatinel sift ve kardiyak arrest gelisti. Anterolateral to- 
rakotomi ve manuel kalp masaji ile kardiyak resusitasyon yapildi. Resusitasyona 
cevap alinan hastanin eksplorasyonunda midenin toraks i¢gine perfore oldugu go- 
ruldii. Mide ve diyafragma primer onarildi ve hasta postoperatif 7.giinde taburcu 
edildi. Diyafragma riiptirlerinde travmay! takip eden erken dénemde tani koymak 
zordur bu da tedavide gecikmelere neden olmaktadir. Bu makalemizde kiint trav- 
madan 8 yil sonra tani koyulan preoperatif mediyastinel sifte bagli kardiyak arrest 
gelisen olgumuzu sunmak istedik. 


Anahtar Kelimeler 
Diyafragma; Riiptiir; Kardiyak Arrest 


Abstract 

Traumatic diaphragm hernias are seen in 0.5-6% of blunt traumas and early diag- 
nosis of these cases is difficult. Traumatic diaphragm hernias can produce symp- 
toms and be diagnosed in weeks, months, and sometimes in years. A 20-year-old 
male patient had a history of a fall from a tree eight years prior. He had com- 
plaints of postprandial pain in the epigastrium continuing for several years. Over 
the previous two weeks, the patient’s complaints of chest pain and difficulty in 
breathing increased. On PA chest graphy, increased air fluid levels were seen in 
left lower zone. The patient that hospitalized for examination had a mediastinal 
shift suddenly and caused cardiac arrest on the second day. By performing an- 
terolateral thoracotomy, the patient received cardiac by manual cardiac massage. 
Following a response to resuscitation, during exploration of the patient, it was 
observed that the stomach was perforated towards the thorax. The stomach and 
the diaphragm were primary repaired and he was discharged on the postopera- 
tive seventh day. It is difficult to diagnose diaphragm ruptures in early periods 
following trauma and thus causes a delay in treatment. This study presents a case 
that was diagnosed eight years after blunt trauma and had cardiac arrest due to 
mediastinal shift preoperatively. 
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Giris 

Travmatik diyafragma hernisi; diyafragmay! etkileyen kiint veya 
penetran torakoabdominal travmalarin iyi bilinen, bununla bir- 
likte kolaylikla da gézden kagabilen bir komplikasyonudur [1]. 
Eslik eden organ yaralanmalari nedeni ile klinik tablonun mas- 
kelemesinden dolay! ihmal edilmesi veya atlanilmas! mUmkun 
olabilen yaralanmalardir [2]. Siddetli kunt travma sonrasi diyaf- 
ragma riptiri’ %3-8 oraninda bildirilmektedir [3,4]. Travma- 
dan sonraki akut donemde semptom, fizik ve radyolojik bulgu- 
larin olmadigi durumlarda, ézellikle baska organ yaralanmalari- 
nin eslik ettigi olgularda tani, aylar ve hatta yillarca gecikebilir 
ve bu durum morbidite ve mortaliteyi artirir. Tanida 6nemli nok- 
ta, kiint ya da penetran travmalardan sonra diyafragmanin ya- 
ralanma olasiliginin akla getirilmesidir [1,5]. Bu yazimizda, trav- 
matik diyafragma ruptirii olan ve semptomlar! gogiis travma- 
sindan 8 yil sonra baslayan hasta incelenmistir. Preoperatif ha- 
zirlik asamasinda ani gelisen mide perforasyonu ve mediastinel 
sifte bagli kardiyak arrest gelisen olgu, giincel literati bilgileri 
esligZinde sunulmustur. 


Olgu Sunumu 

20 yasinda erkek hasta. Uzun siireli epigastrium agrisi tanim- 
layan hastada, hicbir tanisal tetkik yapilmadan basta antiiilser 
tedavi olmak uzere dispeptik sikayetlere y6nelik medikal teda- 
viler uygulanmis. Hastanin son iki haftadir sikayetleri artarak, 
ozellikle yemeklerden sonra siddetli gogiis agrisi, epigastrium- 
da agri ve nefes darligi sikayetleri gelismis. Nefes darligi ve g6- 
gus agrisi sikayetleri ile klinigimize basvuran hastanin detayli 
alinan anamnezinde; sekiz yil Gnce aZacgtan dustigii ve bir guin 
sureyle acil serviste musahade edildikten sonra taburcu edildi- 
gi dgrenildi. Fizik muayenesinde oskiiltasyonda sol akciger ba- 
zalde solunum sesleri azalmis olarak tespit edildi. Hastaya ¢eki- 
len PA akciger grafide sol hemitoraksta hava sivi seviyesi tes- 
pit edildi (Resim-1). Hasta diyafragma hernisi 6n tanisi ile yati- 
rilarak preoperatif hazirliklar yapilmaya baslandi. ikinci giin ak- 
sam yemeginden hemen sonra siddetli g6giis agrisi, bulanti, ka- 
rin agrisi, nefes darligi sikayetleri gelisti. Sikayetleri giderek ar- 
tan ve genel durumu bozulan hastanin yataginda ¢ekilen akciger 


Resim 1. Akciger grafisinde sol hemitoraksta hava sivi seviyesi 


grafisinde mediastinel organlarinin saga dogru yer degistirdigi, 
solda diyafragma konturtiniin gorunmedigi, sol hemitorakstaki 
hava sivi seviyesinin arttig! gortildii (Resim-2). Hasta acil olarak 
operasyona alindi. Operasyon masasina alindigi anda kardiyak 
arrest gelisti. intratrakeal yolla entiibe edildikten sonra sol an- 
terolateral torakotomi yapilarak manuel olarak ac¢ik kalp masa- 
ji yapildi. 15-20dk streyle yapilan kardiyak resusitasyona cevap 
veren hastanin kalp ritmlerinin normale dénmesi Uzerine; tora- 
kotomi insizyonu posteriora ve inferiora dogru genisletilerek 
operasyona devam edildi. Batin organlari asagi ¢ekildiginde mi- 
denin posteriordan perfore oldugu ve mide igeriginin toraks i¢ge- 
risine bosaldigi tespit edildi. Perfore mide alanina barsak klem- 
pi konuldu, toraks igi serum fizyolojik ile temizlendi ve diyafrag- 
manin sol posteriolateralde 10 cm lik lasere oldugu tespit edildi. 
Batin organlar! abdomene iletildikten sonra O numara prolen'ler 
kullanilarak diyafragma laserasyonu Once tek tek matrek, sonra 
kontinue siitirlerle onarildi. Sol posterioinferor duvardaki 2 cm 
lik lasere alana sutir atilamadi. Hasta Laparotomi pozisyonu- 


rk ae 


Resim 2. Mediastinel organlarin saga dogru yer degistirdigi, solda diyafragma 
kontiirtiniin gériinmedigi, sol hemitorakstaki hava sivi seviyesinin arttigini goste- 
ren preoperatif akciger grafisi 


na alindi ve genel cerrahi kliniZince posteriorundan perfore olan 
mide primer olarak onarildi. Diyafragma posteroinferorundaki 2 
cm lik agik kalan lasere alan abdomenden O prolenler ile tek tek 
matrek ve sonra kontinue siturlerle dikildi. Abdomen ve toraks- 
ta kanama ve hava kagagi kontrolii sonras toraks ve abdomene 
dren yerlestirilerek anatomik planda insizyonlar kapatildi. Has- 
ta postoperatif ddnemde anestezi yogun bakim Unitesine alin- 
di. Birinci giinde extiibe edilen hasta, postoperatif 3.giinde ge- 
nel durumunun diizelmesi Uzerine servise alindi. Takibi siirecin- 
de komplikasyon gelismeyen hasta postoperatif 7.gtinde tabur- 
cu edildi. Aylik takiplerinde patoloji tespit edilmedi (Resim-3). 


Tartisma 

Travmaya bagli 6lumlerin yaklasik yarisindan, gogiis travma- 
larinin dolayli veya dolaysiz olarak sorumlu oldugu bildirilmis- 
tir. Travma hastalarinin yaklasik %4,5-6 ‘sinda travmatik diyaf- 
ragma ruptiru gorilmektedir . Diyafragma riptirlerinin %75’i 
kiint, %25’i ise penetran yaralanmalar sonucu olusmaktadir [6]. 
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Resim 3. Bir ay sonraki kontrol akciger grafisi 


Travmatik diyafragma riiptirleri (bizim olgumuzda oldugu gibi) 
sol diyafragmada sag diyafragmaya gore 10 kat daha fazla go- 
rdlmektedir [7]. RUptirlerin solda daha ¢ok olmasinin nedeni di- 
yafragmanin sol medial posterolateral tendinomuskiler alaninin 
embriyolojik gelismede diyafragmanin en zayif bélgesi olmasi- 
dir. Sag diyafragma konjenital olarak daha giicliidiir ve karaci- 
gerin tamponlayici etkisi nedeniyle travmalarda daha az yara- 
lanmaktadir [7]. Klinik serilerde kiint travma sonrasi sol taraf di- 
yafragma riptirleri daha yuksek oranda bildirildigi halde, otop- 
si serilerinde sag ve sol taraf riiptirlerinin esit oranda goruldt- 
gu saptanmistir [8]. Bunun nedeni sag diyafragma ruptirlerinin 
genellikle major travmalar ile birlikte olmasi dolayisiyla mortali- 
tesinin yiksekliginden kaynaklanmaktadir [9]. 

Diyafragma abdominal ve torasik kaviteleri ayiran anatomik lo- 
kalizasyonu nedeniyle ve dinamik fonksiyonu nedeniyle ¢ok na- 
diren tek basina yaralanabilen bir organdir. izole travmatik di- 
yafragma riptirleri nadir olup genellikle ciddi multisistem yara- 
lanmalari tabloya eslik etmektedir [10,11]. Minér travma sonras 
olusan travmatik diyafragma riptirleri daha da nadirdir ve ge- 
nellikle tekil olgular seklinde rapor edilmislerdir [12,13]. 
Diyafragma ruptirtinun; 1-Akut faz, 2-interval faz, 3-osbtrik- 
siyon-strangilasyon faz! olmak Uzere 3 fazi vardir. Erken tani 
konulamayan hastalar, kronik abdominal ve/veya gégiis semp- 
tomlari veya intestinal obstriksiyon ve strangilasyona bagli si- 
kayetler ile saglik kurumlarina basvururlar [14]. Olgumuzda da 
erken dénemde tani konulamamis olup, hasta gogiis agrisi ve 
dispne sikayetleri ile basvurmustur. 

Minor yaralanma bile olsa, toraks ici negatif basing nedeniy- 
le diyafragmada meydana gelebilecek her turlii ruptiir, sonucta 
karin igi organlarin toraks bosluguna herniasyonuna sebep ola- 
bilir. Solunum sirasinda, abdomen ve toraks arasinda 100mmHg 
ya ulasan basing farki, abdominal organlarin toraksa herniasyo- 
nunu kolaylastiran en 6nemli fakt6rdir. Fitiklasma erken veya 
gec donemde ortaya cikabilir [15]. intestinal strangiilasyon, or- 
gan herniasyonu riskinin yiksek olmasi ve diyafragmanin sirekli 
dinamik bir organ olmasi nedeniyle 6kstirtik ve buna benzer so- 
lunum hareketleri ile gerilmesi ve omental migrasyon nedeniy- 
le diyafragma riptirleri iyilesmesinde gecikmelere neden olma- 
si diyafragma ruptirlerinin saptandiginda onarilmasini gerekti- 


rir [16]. Fitiklasan organlar; diyafragmadaki defektin ¢apina ve 
defekte komsu olan organlarin 6zelliklerine gore degismektedir. 
Diyafragmadaki defektten en sik mide, ince barsak ve kolonlar, 
omentum nadiren de karaciger ve dalak fitiklasmaktadir. Fitik- 
lasan organa ait spesifik klinik bulgular gortilebilecegi gibi solu- 
num ve kardiyak bulgularda 6n planda olabilir. Midenin fitiklas- 
tig! olgularda bulanti ve kusma belirgindir. Buyiik ruptirler so- 
nucu olusan akut ve ciddi herniasyonlarda mediastinal shift ve 
kardiyak arrest gelisebilir. Geg dénemde tani konulan diyafrag- 
ma riptirlerinde mide, ince barsak ve kolon herniasyonu, inkar- 
serasyon ve perforasyonlar ortaya cikabilir. Diyafragma yara- 
lanmalarinda gecikmis tani orani yapilan bir calismada %14,6 
olarak bulunmustur. Min6dr travma sonras! olusan travmatik di- 
yafragma riptirleri daha da nadirdir ve genellikle tekil olgular 
seklinde rapor edilmislerdir [17]. Sunulan olguda benzer sekilde 
fitiklasan mide de perforasyon ve batin ici organlarin basisina 
bagli mediastinel shift tablosu ortaya cikmistir. Buna bagli has- 
tada kardiyak arrest gelismistir ve internal kalp masaji uygulan- 
mistir. GOgiis veya Ust karin bélgesi acik ise yada gogiis defor- 
mitesi, agir amfizem, cok sayida kosta kirigi, kardiyak tamponat, 
veya penetran gogts yaralanmalar! varsa acik kalp masaji uygu- 
lanir. Transtorasik veya transabdominal yolla toraksa 4. veya 5. 
interkostal aralikdan girilerek kalp bas parmak ve diger parmak- 
lar arasinda veya kalp biiyikse iki el arasina alinarak ritmik ola- 
rak sikistirilir. Bu esnada ilaglar ventrikiile uygulanabilir. internal 
kalp masajinin uygulanmasi esnasinda olusabilen kalp, koroner 
arterler, aorta, ozefagus ve akcigerler gibi toraks ici organ yara- 
lanmalari ve sagkalan hastalarda gelisen enfeksiyon en onem- 
li komplikasyonlardandir. Sunulan olgumuzda da kardiyak arrest 
gelismis ve toraksa herniye olan batin ici organlarin kalp dzeri- 
ne basis! ve hastanin operasyon masasinda internal kalp masa- 
jina uygun kosullarda olmasi nedeniyle internal kalp masaji ya- 
pilmasi tercih edimistir. 

Minor travma sonrasi ve izole travmatik diyafragma riptirle- 
rinde tablo asemptomatik oldugu i¢in bu olgularin kesin tanisin- 
da giicliikler yasanir. Bu tir yaralanmalarin %12-69’unda preo- 
peratif ddnemde tani konamamaktadir [9]. Bununla birlikte PA 
akciger grafisi, travmatik diyafragma ruptirlerine bagli herni- 
asyonlarin tanisinda en duyarli ve en gecerli yontem olarak ka- 
bul edilir ve tekrarlayan radyolojik tetkikler tan! koyma oranini 
daha da yikseltebilmektedir [1]. Direk grafideki radyolojik bul- 
gular arasinda; diyafragma butiinligiintin bozulmasi, barsak ha- 
ustralarinin ve gaz golgelerinin toraks iginde gérilmesi, diyaf- 
ragmanin normal anatomik pozisyonundan ylksekte izlenmesi, 
mediastinal kayma, atelektazi, akciSerde kitle gériinimt, plev- 
ral effiizyon, pndmotoraks ve hidropnémotoraks yer alir [18]. Bi- 
zim olgumuzda da poliklinige ilk basvurusundaki PA akciger gra- 
fisinde sol hemitoraksta hava sivi seviyesi tespit edildi. Sika- 
yetleri giderek artan ve genel durumu bozulan hastanin operas- 
yon 6ncesi cekilen akciZer grafisinde ise mediastinel organla- 
rinin saga dogru yer degistirdigi, solda diyafragma kontirtinun 
gortinmedigi, sol hemitorakstaki hava sivi seviyesinin arttig1 g6- 
ruldu. Travmatik diyafragma ruptirlerinin tanisinda abdominal 
ultrasonografi, floroskopi, torako-abdominal bilgisayarli tomog- 
rafi, manyetik rezonans, dalak ve karaciger sintigrafileri, tora- 
koskopi ve laparoskopi gibi incelemeler gerektiginde basvurula- 
cak diger tan! y6ntemleri olmalidir [18] . Olgumuzda diyafragma 
ruptiru stphesiyle klinigimize yatirilip ileri tetkik olarak abdo- 
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men ultrasonografi ve toraks tomografisi planlandi fakat hasta- 
nin klinige yatisinin 2.giinuinde ani olarak genel durumunun bo- 
zulmasi Uzerine acil operasyona alindigi icin ek tani dogrulama 
testleri yapilamadi. 

Travmatik diyafragma riptirlerinde optimal tedavi erken tani 
konan olgularda defektin onarilmasidir. Bu dénemdeki girisim- 
lerde yandas organ yaralanmalarinin da olabilecegi distinile- 
rek cerrahi girisim igin abdominal yol tercih edilmelidir. Bu yol- 
la onarimin yapilamadigi durumlarda, torako-abdominal veya 
ayri torakal insizyonlar gerekebilir [19]. Bizim olgumuz operas- 
yon masasina alindigi anda kardiyak arrest gelistigi icin 6ncelik- 
le anterior torakotomi yapilarak manuel kalp masaji yapildi. Ya- 
pilan kardiyak resusitasyona cevap veren hastanin kalp ritmle- 
rinin normale dénmesi Uzerine; torakotomi insizyonu posteriora 
ve inferiora dogru genisletilerek operasyona devam edildi. Daha 
sonra hasta Laparotomi pozisyonuna alindi ve posteriorundan 
perfore olan mide primer olarak onarildi. Bizim de uyguladigimiz 
gibi diyafragmanin non-absorbabl siturlerle primer onarimi ge- 
nellikle tercih edilen metoddur. Defektin biiyik olmasi ve primer 
kapatmanin miimkiin olmadigi durumlarda ise uygun bir greft 
kullanilarak defektin kapatilmasi Gnerilmektedir [19]. 
Hastamiza uzun yillardir yemeklerden sonra artan epigastrik 
agri nedeniyle, tetkik edilmeden dispeptik sikayetlere y6nelik 
medikal tedavi uygulanmis. Ayni sikayetleri nedeni ile basvur- 
dugu poliklinigimizde cekilen PA akciger grafisinde diyafragma 
hernisinden suphelenilen ve anamnezinde travma oykiisl 6g- 
renilerek interne edilen hastada, heniiz tani dogrulama testle- 
ri yapmaya firsat bulunamadan ,kardiyak arreste gotUrecek de- 
recede ileri boyutta mediyastinel sift gelismesi ilgin¢tir. Eksplo- 
rasyonda midenin posterior duvardan perfore oldugunun goriil- 
mesi , mide perforasyonu ile artan agri ve bununla iliskili ba- 
tin igi basing artisinin batin organlarini toraksa itilmesine ne- 
den oldugunu diistindirmektedir. Sonug olarak respiratuvar ve/ 
veya gastrointestinal yakinmalarla birlikte PA akciger grafisinde 
sUpheli gorunimt olan hastalarda diger 6n tanilarin yani sira di- 
yafragma riiptirti ve herniasyonu olasiligi akilda tutulmali, eski 
veya yeni travma 6ykiisii israrla sorulmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Amputasyondan sonra var olmayan ekstremitede hissedilmeye devam eden agri- 
ya fantom ekstremite agrisi denir. Fantom ektsremite agrisinin patofizyolojik me- 
kanizmasi ve etiyolojisi kesin bilinmemekle birlikte hastalari fiziksel ve psikososyal 
yénlerden etkilemektedir. Bu yazida medikal tedaviye yanit vermeyen ve lidokain, 
bupivakain ve fentanil uygulanarak stellat ganglion blokaji yapilan ve agri sikayet- 


lerinde gerileme gézlenen bir olgunun sunulmasi amaclanmistir. 
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Abstract 

Phantom extremity pain is that which continues to be felt in a non-existent ex- 
tremity after amputation. The pathophysiological mechanism and etiology of 
phantom extremity pain are not exactly known, Phantom extremity pain affects 
the patients in physical and psycho-social aspects. This paper presents a patient 
with phantom extremity pain that had not responded to medical treatment. A stel- 
late ganglion blockage was performed using lidocaine, bupivacaine and fentanyl 
and the patient’s pain was observed to be reduced. 
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Introduction 

The pain defined as the actual or potential tissue damage or 
resulting in similar situations and sensory experience an un- 
pleasant sensation by International Association for the Study 
of Pain [1] 

Phantom extremity pain (PEP) is that continues to be felt in 
non-existent extremity after amputation. This condition, first 
described by French surgeon Ambros Pare in the 16th century, 
can be seen in 50-80 % of patients following the amputation of 
a limb [2, 3]. The pathophysiological mechanism and the etiol- 
ogy of the PEP are not exactly known, PEP affects the patients 
in both physical and psycho-social aspects. 

This study presents a patient with PEP on which a stellate gan- 
glion blockage was performed using lidocaine, bupivacaine and 
fentanyl. 


Case Report 

Following a severe injury cause by an electric shock which 
occurred 20 years earlier the arm of a 52 year-old male was 
amputated to the distal portion. He presented to our algology 
department in May 2011. The initial examination showed that 
the patient had no other diseases or medical conditions. His 
physical and neurologic signs were normal. The patient ex- 
plained that he had five surgical procedures as a pain pallia- 
tive and he had taken carbamazepine for a while but this had 
had reduced the pain. The patient’s Visual Analog Scale (VAS) 
was about 9-10 out of 10 and he was taking nonsteroid anti- 
inflammatory medication. The patient was hospitalized for pain 
palliation and pregabalin and tramadole were administered. 
Since the patient’s pain did not decrease a stellate ganglion 
blockage was performed by applying 2 ml 2 % lidocaine + 25 
mcg fentanyl + 2 ml from 0.5 % isotonic bupivacaine to form a 
sympathetic blockage with anterior paratrachial approach. This 
process was carried out ten times every other day. On the third 
week of hospitalization the patient whose VAS was O-3 was 
discharged with 600 mg/day pregabalin, 200 mg/day tramad- 
ole medical treatment. In the follow-up control one year after 
discharge from hospital, it was found that his VAS had been 
over 5 and during this period he had been diagnosed with major 
depression by our psychiatry department and he had been pre- 
scribed antidepressant medication. Stellate ganglion blockage 
was again performed and the patient’s VAS decreased to 1-3. 
The patient is still being followed up at our polyclinic. 


Discussion 

Although post-amputation PEP is a common condition, there is 
still no special treatment program for clinicians to guide them 
in the treatment of PEP. Most of the pharmacological treat- 
ments have limited benefits and only a few have evidence- 
based effectiveness and reliability [4]. 

Opioids, tramadole, tricyclic antidepressant drugs, ketamine 
and sodium channel blockers are used for pharmacological 
treatment. In addition to neurectomy in patients who develop 
neurinoma there are other surgical invasive procedures such 
as nerve block, rhizotomy, spinal cord stimulation, deep brain 
stimulation and cortical stimulation. Furthermore, there are 
other treatment option such as mirror therapy, transcutaneous 
nerve stimulation and cognitive behaviorist pain treatment [5]. 


Peripheral and central neural mechanisms are proposed as 
one explanation of the formational mechanism of PEP. How- 
ever, there are also multiple mechanisms including psychiatric 
disorders that are often considered to be responsible for the 
existence of PEP. 

In neurinoma which are formed in nerve endings of the am- 
putation stumps, expressions in sodium channels was said to 
increase and cause hyperexcitability and forming spontaneous 
bursting by Dickinson, and et al. [6]. 

In recent years, the sensitizing of the spinal cord and cortical 
reorganization have been the most commonly stated mecha- 
nism that explains the formational mechanism of PEP. During 
the reorganization, in cortical areas relating to the amputated 
extremity, the surrounding areas continue to exist in the prima- 
ry somatosensory and motor cortex. Afferents of the neurons 
around stump can be considered to be partly responsible for 
cortical reorganization [7]. 

Although in literature there is no evidence that supports the 
forming of PEP psychogenic mechanisms, there are some opin- 
ions that anxiety and depression can increase PEP [8]. 

This paper presents a case of PEP that did not respond to phar- 
macological treatment, but the patient’s e pain decreased after 
the application stellate ganglion blockage PEP. However, it was 
found that after a diagnosis of depression the PEP returned. 
Since the patient was without pain for a period after the initial 
stellate ganglion blockage and again after the second interven- 
tion, we are of the opinion that this condition results from very 
complex mechanisms can be treated temporarily and this state 
of being well can be sustained with the help of periodic sympa- 
thetic blockage. 
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6zet 

Nevoid melanom malign melanomun ender bir subtipidir. Rutin pratikte sik gorti- 
len benign melanositik neviislerle karisarak tanisal zorluga neden olabilir. 40 ya- 
sinda erkek hastadan sol nazolabial bolgeden kozmetik amacli alinan yiizeyel ne- 
viis eksizyonu, histopatolojik ve immunhistokimyasal incelemeler sonucunda ne- 
void melanom tanisi almistir. Melanomlarin az gértilen bir subtipi olmasi ve boy- 
le olgularin degerlendirilmesinde patolojik incelemenin kritik olmasi nedeniyle su- 
nulmustur. Nevoid melanomun malign melanom ve benign melanositik lezyonlar- 


la ayirici tanisi yani sira, nevoid melanomun taninmasinin énemi vurgulanmistir. 
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Abstract 

Nevoid melanoma is a rare subtype of malignant melanoma. It may resemble 
benign melanocytic nevi which are encountered frequently in routine practice and 
lead to a diagnostic challenge. Here, a 40 years-old male patient is presented. 
Biopsy specimen excised from the left nasolabial region for cosmetic reasons 
was diagnosed as nevoid melanoma after histomorphological and immunohis- 
tochemical examinations. Because of its rare occurrence and the critical role of 
pathologic examination in evaluating such patients, we found it worth this case to 
be presented. In this report, the histopathological differentation of nevoid mela- 
noma from benign melanocytic lesions and the importance of its recognition are 


emphasized. 
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Giris 

Nevoid melanom tim melanomlar icginde nadir goriilen suptip- 
lerden biri olup, tim melanomlarin %1-2’sini olusturur [1]. His- 
topatolojik olarak benign melanositik lezyonlarla karisabilmesi 
nedeni ile histopatolojik olarak meme biyopsilerinden sonra en 
sik yalanci negatiflik oranina sahiptir. Literatiirde nevoid mela- 
nomlarin benign melanositik lezyon tanisi alma oran! %20-30 
olarak bildirilmektedir [2]. Biyolojik davranisi diZer konvansiyo- 
nel malign melanomlarla aynidir. Histopatolojik olarak benign 
melanositik lezyonlara benzerligi, rekUrrens ve metastaz potan- 
siyeli olan bu timoriin taninmasini 6nemli kilar [3]. 


Olgu Sunumu 

Kirk yasindaki erkek hasta, yaklasik bir yildir olan, sol nazolabi- 
al bélgedeki melanositik lezyon nedeniyle plastik cerrahi klini- 
gine basvurmustur. Klinik olarak lezyonda tiras esnasinda trav- 
maya bagli kanama disinda, biiyiime yada renk degisikligi g6- 
rulmemistir. Olgunun 6zgecmisinde ve soygecmisinde displas- 
tik nevis ve/veya malign melanom éykiisu yoktur. Kozmetik ne- 
denlerle eksize edilen lezyon makroskopik olarak 0,9 cm ¢ap- 
ta nodiiler, homojen, kahverengi, sinirlari diizgiin, deri-deri alti 
doku seklinde degerlendirilmistir. Mikroskopik incelemede der- 
mis ve subkutan dokuda lokalize, biiyiik oranda diffiiz gelisim 
gosteren, yer yer adalar olusturan, melanositik lezyon izlenmis- 
tir (Resim 1). Melanositik hicreler orta- biyiik boyutlarda olup 
orta diizeyde atipi ve makrontkleol igermektedir. Maturasyon 
kaybi mevcuttur. Milimetrekarede dokuz adet mitotik figir iz- 
lenmistir (Resim 2). Dermal komponente eslik eden intraepi- 
dermal komponent mevcut degildir. Breslow’a gore tiimor ka- 
linligi alt: milimetre ve Clark Level IV olarak saptanmistir. Es- 
lik eden melanositik lezyon gézlenmemistir. Ulserasyon, regres- 
yon ve lenfositik infiltrasyon mevcut degildir. Anjiolenfatik in- 
vazyon ve perinéral invazyon saptanmamistir. immunhistokim- 
yasal calismada HMB45, S100 ve Melan-A pozitif izlenmis ve 
Ki-67 proliferasyon indeksi %5-10 olarak bulunmustur (Resim 


Resim 1. Dermis ve subkutan dokuda lokalize, biiyiik oranda diffiiz gelisim géste- 
ren melanositik lezyon (H&E) 


3, 4). TumGriin taban cerrahi sinirinda devamlilig1 nedeniyle re- 
eksizyon yapilmistir. Reeksizyonda ayni morfolojiyi gosteren ve 
subkutan dokuya kadar devam eden tiimoral lezyon izlenmistir. 
Timére komsu bir odakta bir milimetre ¢apinda benign intra- 
dermal melanositik nevis izlenmistir. Tumoriin yayginligini de- 
gerlendirmek icin yapilan labarotuar testleri, akciZer grafisi ve 
PET-CT'de yayilim saptanmamistir. 


Resim 2. Melanositik hiicreler orta diizeyde atipi ve makronukleol igermektedir ve 
zeminde mitotik figiirler gozlenmektedir (H&E, X400) 


a se mae 


Resim 3. immunhistokimyasal calismada HMB45 pozitifligi (imminoperoksidaz 
X200) 


Resim 4. immunhistokimyasal ¢alismada Ki67 proliferasyon indeksi %5-10'dur. 
(immitinoperoksidaz X100) 
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Tartisma 

Nevoid melanom ilk olarak 1980 yilinda Levene tarafindan “ps6- 
donevis ve verrk6z melanom’” olarak tanimlanmistir. Daha son- 
ra minimal sapma gdsteren melanom olarak adlandirilmis- 
tir [3]. Nevoid melanom ismini ilk kullanan ise Schmoeckel’dir 
[4,5]. Her nekadar isimlendirmesi iyi prognozu dustindiirmek- 
le birlikte Zembowicz ‘in 20 vakalik, McNutt’un 16 vakalik ve 
Schmoeckel’in 33 vakalik serilerinde konvansiyonel melanom- 
larla nevoid melanom arasinda prognoz farkliligi bulunmamis- 
tir [1]. Zembowicz’in serisinde lokal rekurrens %50 olarak bildi- 
rilmektedir. 

Timor geng eriskin kadinlarda, siklikla govde ve ekstremitelerde 
ozellikle bacak ve kollarda yerlesim gostermektedir [1,4,5]. Mak- 
roskopik olarak 5-10mm boyutlarinda, papiller, nodiiler veya 
verruk6z gortinumdedir. Renkleri uniform veya irregtiler, ten ren- 
ginden koyu kahverengiye degisebilir. Nodiler melanomlar gibi 
dizgiin sinirlidirlar [1,4]. Lezyon simetrik ve iyi sinirli olup; verrt- 
k6z varyantta epidermis normal veya akantotik olabilir. Dermoe- 
pidermal bileskede melanositik proliferasyon lentiginéz pattern- 
de olabilecegi gibi yuva yapilarida izlenebilir. Papiller dermis- 
te diffiiz, genis tabakalar halinde ktictik epiteloid neviis hiicrele- 
ri mevcuttur. Lezyonun alt tabakalarinda hicrelerin uniform ve 
monoton olmasi; goreceli olarak selliilerite ve hiicre niikleusla- 
rinin azaldigi, maturasyonun oldugu izlenimini verebilir [4,6,7]. 
Timor olusturan hiicreler tip A hucrelerinden olusan tipik bir 
neviiste oldugu gibi kuboidal, poligonal, belirgin sitoplazmall, ve- 
zikuler nikleuslu, belirgin nukleollii olabilecegi gibi Tip B hiicre- 
leri gibi bazofilik, dar sitoplazmal!, hiperkromatik nukleuslu ola- 
bilir. KUgUk biiyiitmede derin dermiste dermal kollajeni parga- 
layan tek tek hiicreler seklinde, kick yuvalar seklinde veya ta- 
bakalar halinde infiltrasyon paterni gorilebilir. Diger melanosi- 
tik proliferasyonlar eslik edebilir [1,4,8]. Benign nevisten ayiran 
en onemli 6zelligi 6zellikle lezyonun alt tabakalarinda cok sayida 
mitozdur izlenmesidir [4]. 

immunhistokimyasal olarak HMB45 ile melanomlarda degisen 
derecelerde epidermal ve dermal komponentde yama tarzinda 
irreguler boyanma izlenir. Benign neviislerde HMB45 ekspresyo- 
nu dermoepidermal bileske ve ylzeyel dermisdeki melanositlerle 
sinirli olup derin tabakalarda matiirasyon nedeni ile beklenmez. 
Ki-67 indeksi melanomlarda yiiksektir [3,9]. Literatiirde cesitli 
arastirmalarda Cyclin- D1, p16, WT1, leptin ve metallothionein 
gibi immiinhistokimyasal belirleyicilerin melanositik lezyonlarda 
maturasyonu degerlendirmede ve lezyonun biyolojik davranisini 
belirlemede yardimci olabilecegi bildirilmektedir [3]. 

Nevoid melanomlarin histopatolojik ayirici! tanisinda konjenital 
nevis, kigiik hiicreli melanom, derin penetrasyon gésteren ne- 
vis, spitzoid melanom, metastatik melanom ve desmoplastik/ 
norotropik melanomlar yer almaktadir [1,4,9,10]. Nevoid mela- 
nomlarin kollajen fibrillerini ayirarak tabakalar halinde itici tarz- 
da infiltrasyon olusturmalari, lezyonun derin tabakalarinda me- 
lanin pigmenti ve mitoz gortilmesi, hiicre membranlarinin ka- 
lin, katlanmis ve irregiler gortinimt konjenital neviisden ayirici 
ozelliklerdir. Nikleol belirginligi yani sirakil follikiilerinde ve ekrin 
glandlarda infiltrasyona bagli elongasyon ve distorsiyon nevoid 
melanomlarda gortlen diger ozelliklerdendir [9,11]. 

Spitzoid melanomlar bileske komponent igermeleri ve biiyuk ati- 
pik melanositlerle karakterli pajetoid yayilim géstermeleri ile 
nevoid melanomdan ayrilir. Metastatik melanomlar intraepider- 


mal komponent igermemeleri yan! sira diizgiin ve simetrik kon- 
figurasyon gosterirler. Dermal komponentde mitoz gorilebilir. 
Ayirici tanida en 6nemli 6zellik hastanin melanom 6ykiisii olup 
olmadigidir [1,9]. 

Schmoeckel, McNutt, Zembowicz, Wong ve Lohmann yaptiklar! 
calismalarda prognozun tumor derinligine, mitoz sayisina ve bu- 
yuk hicre tipi varligina bagli oldugunu géstermislerdir [1]. 
Sonug olarak nadir olarak gériilen nevoid melanom patolojik de- 
gerlendirmede tanisal agidan zorluklar ve ayirici tani giigligii 
yaratmaktadir. Rutin pratikte siklikla gériilen benign melanosi- 
tik lezyonlarin sitolojik atipi, maturasyon ve mitotik aktivite ac¢i- 
sindan dikkatle incelenmesi gerektigi unutulmamalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Ozet: Kaza ile yutulan uzun, rijit ve keskin yabanci cisimler gastrointestinal sistem- 
de impakte olarak, perforasyon veya tikanma gibi komplikasyonlara neden olabil- 
mektedir. Nadiren izlenen bu olgularda madde bagimliligi, sizofreni veya anoreksi- 
ya gibi ciddi saglik problemleri sorgulanmalidir. Bu tarz cisimlerin cerrahi veya en- 
doskopik olarak en kisa stirede cikartilmasi gereklidir. 23 yasinda erkek hasta acil 
servise dis firgas! yutma yakinmasi ile basvurmustur. Yazimizda kaza ile yutulan 
dis fircasinin, alt! saat sonra impakte oldugu mideden sedoanaljezi altinda endos- 


kopik y6ntem ile cikarilmasi sunulmustur. 
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Abstract 

Long, rigid and sharp foreign objects which are swallowed by accident can be 
impacted in gastrointestinal system causing complications like obstruction or 
perforation. Serious health problems like anorexia or schizophrenia should be 
considered in those cases which are seen rarely. The foreign objects which were 
impacted in gastrointestinal system must be removed immediately either surgi- 
cally or endoscopically. 23 year old male patient arrived at emergency with the 
complaint of swallowing a toothbrush. In this report we present endoscopic re- 
moval of a tooth brush under sedation and using analgesics six hours after it was 


swallowed accidentally and impacted in stomach 
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Introduction 

Esophageal foreign body impaction often requires urgent eval- 
uation and treatment and the majority of patients presented 
to the emergency department [1]. The difficult points in endo- 
scopic management were perforating esophageal foreign bod- 
ies, impacted esophageal foreign bodies with sharp points, and 
those with impaction for more than 24 hours [2]. Swallowed 
foreign objects like toothpicks, meat or fish bones, screws, coin, 
metal clips, teeth, dentures and spoon handle were reported 
[3, 4]. Etiological factors are curiosity in children, loss in visual 
accuracy, mental illness, alcohol and drug addiction, dentures 
and eating too fast in adults [3, 5]. Even if the swallowed for- 
eign objects pass through the alimentation tract without any 
problems and without morbidity, outpatient follow up is needed. 
Long, rigid and sharp foreign objects have high risk of caus- 
ing complications at the sharp angled points of gastrointestinal 
system. In those cases the foreign object must immediately be 
removed endoscopically or surgically. Our report presents the 
case of endoscopic removal of an19 cm toothbrush successfully 
which was swallowed accidentally. 


Case Report 

23 year old male patient arrived at emergency with the com- 
plaint of swallowing a toothbrush. The patient told that he 
swallowed the toothbrush accidentally while brushing his teeth 
and no alcohol or drug use were present. There is no history 
of medical problems like psychiatric illness, mental retardation 
and alcoholism or drug addiction during psychiatric consulta- 
tion. Results of the physical examination of the patient were 
normal. Laboratory results revealed that glucose was 103 mg/ 
dl, hemoglobin level was 13.4 gr/dL, hematocrit level was 40.9, 
white blood cell was 5.0 x 109/L and amylase level was 124 u/L. 
Typical shape of toothbrush was clearly visualized in standing 
posture plain abdominal x-ray (Figure 1). Upon the arrival of 
the patient, we performed endoscopic intervention by applying 
local anesthetics on oropharingeal mucosa in addition to seda- 
tives and analgesics administration. Since the stomach was full 
clear visualization was not possible and the operation ended 
without taking the toothbrush out. After six hours of fasting 
endoscopic intervention was repeated by an experienced en- 
doscopic surgical team using local anesthetics under sedation 
and administering analgesics. During the endoscopic procedure 
we observed that the brush part of the toothbrush entered the 
pyloric hole and the grip was impacted in corpus of the stomach 
(Figure 2). Since both ends of the toothbrush were not reach- 
able, the tip of the endoscope was passed through the two fixed 
points of toothbrush in retroflexed position, and then the grip 
of the toothbrush was released by using the tip of the endo- 
scope making it recognizable at cardioesophageal level (Fig- 
ure 3). The toothbrush which was hold by its grip with the help 
of snare was pulled back by endoscope and is taken out suc- 
cessfully. The procedure ended after endoscopically controlling 
esophagus, stomach and duodenum for any possible damage. 
The removed toothbrush was19cm long (Figure 4). The patient 
was discharged after two hours of observation in good physical 
condition and without any complications. 
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Figure 1 Figure 2 


Figure 3 


Figure 4 


Figure 1. Plain X-ray of chest and abdomen six hours later. 

Figure 2. The endoscopic view of the impacted toothbrush location in the stomach 
after six hours. 

Figure 3. Liberalized toothbrush after maneuvering with the shaft of endoscope. 
Figure 4. Outside view and the measurement of the removed toothbrush. 


Discussion 

Swallowing foreign objects is a frequently seen case in emer- 
gency departments. Swallowed objects rarely cause impaction, 
perforation or obstruction in gastrointestinal system. The diffi- 
cult points in endoscopic management were perforating esoph- 
ageal foreign bodies, impacted esophageal foreign bodies with 
sharp points, and those with impaction for more than 24 hours. 
Impacted esophageal foreign bodies should be treated as early 
as possible, and their endoscopic management is safe and ef- 
fective [2]. Inflammation, abscess, peritonitis, obstruction, fistu- 
la, mortality and morbidity as a result of hemorrhage may occur 
in relation to the shape of the swallowed object. In addition to 
those, on rare occasions migration of the foreign objects to the 
neighboring organs is seen [3, 5, 6]. 

Swallowed tooth brush is a rare occasion and 34 cases have 
been reported in the literature till today. As in our case, lack of 
additional health problems of the patient, early diagnosis and 
intervention, endoscopically removal of toothbrush is possible 
without facing any potential complications. However, in some 
cases problems like mental retardation, schizophrenia and an- 
orexia among young women cause delays in diagnosis and lead 
to complications and as a result surgical intervention may be 
needed [5, 7]. Since duodenum is fixed to retro peritoneum and 
anatomically shaped as C-loop, it is a trap for long and sharp 
objects. In our case, although the stomach is emptied after 6 
hours, it was found that brush part of the toothbrush was im- 
pacted to stomach by attaching to pylori without reaching to 
the intestines. It is obvious that the objects which impacted 
to this area will cause pressure necrosis and then perforation, 
fistula or abscess. Therefore, removing the large gastric foreign 
objects longer than 6 cm without waiting for a long time is 
suggested [3]. There is no reported case of swallowing tooth- 
brush in the literature which passes through gastrointestinal 
system spontaneously. For this reason, efforts should be made 
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without delay for removing long, rigid and sharp objects from 
gastrointestinal system. Endoscopic removal of the toothbrush 
for the first time was carried out by Ertan et al. in 1983 [8]. To 
be able to complete the endoscopic procedure successfully it 
is needed to determine the right time, strategy and an experi- 
enced team should be recruited. There are unsuccessful endo- 
scopic procedures due to the size and shape of the toothbrush 
[9]. If the toothbrush has become impacted upside down in the 
esophagus, it is wise to push the toothbrush into the stomach 
first, and pull it out with a snare after correcting the direction of 
toothbrush [10]. It would be more difficult to bend the handle of 
toothbrush than to bend the head of toothbrush. Also esopha- 
gus complications have been reported during extraction of the 
foreign objects [4]. Therefore during extraction, it is important 
that the longitudinal axis of toothbrush is parallel to the esoph- 
agus. While pulling the object out extreme care should be taken 
passing gastroesophageal junction, otherwise, mucosal dam- 
age or penetration injury can occur. As foreign object reaches 
the oropharynx, maneuver in this area is the second most im- 
portant stage of the procedure. Taking the patient’s head to 
extension position, toothbrush must be pulled out by reaching 
with endoscopist’s hand to avoid injury at oropharynx. In our 
case, at this stage by taking the patient’s head to extension po- 
sition, removing procedure was carried out without any need for 
manual maneuver. The shape of foreign object and the medical 
status of the patient will specify the type of intervention and 
the follow-up procedure. 

As a result, removing of large, rigid and sharp objects from the 
gastrointestinal system within the shortest time, without caus- 
ing morbidity and mortality is essential. While removing these 
kind of objects without the need for surgery, proper execution 
of the procedures by a team who are experienced in endoscopic 
intervention increases the chances of success. 


Competing Interests 
The authors declare that they have no competing interests. 


References 

1. Crockett SD, Sperry SLW, Mille CB, Shaheen NJ, Dellon ES. Emergency care of 
esophageal foreign body impactions: timing, treatment modalities, and resource 
utilization. Diseases of the Esophagus 2013;26:105-112. 

2. Chen T, Wu HF, Shi Q, Zhou PH, Chen SY, Xu MD et al. Endoscopic management 
of impacted esophageal foreign bodies. Diseases of the Esophagus 2012 Sep 13. 
doi: 10.1111/j.1442-2050.2012.01401. 

3. Chao HH, Chao TC. Perforation of the duodenum by an ingested toothbrush. 
World J Gastroenterol 2008;14:4410-2. 

4. Mosca S, Manes G, Martino R, Amitrano L, Bottino V, Bove A et al. Endoscopic 
management of foreign bodies in the upper gastrointestinal tract: report on a 
series of 414 adult patients. Endoscopy 2001;33:692-696. 

5. Lee MR, Hwang Y, Kim JH. A case of colohepatic penetration by a swallowed 
toothbrush. World J Gastroenterol 2006;12:2464-5. 

6. Eisen GM, Baron TH, Dominitz JA, Faigel DO, Goldstein JL, Johanson JF et al. 
Guideline for the management of ingested foreign bodies. Gastrointest Endosc 
2002;55:802-806. 

7. Faust J, Schreiner O. A swallowed toothbrush. Lancet 2001;357:1012. 

8. Ertan A, Kedia SM, Agrawal NM, Akdamar K. Endoscopic removal of a tooth- 
brush. Gastrointest Endosc 1983;29:144-145. 

9. Wishner JD, Rogers AM. Laparoscopic removal of a swallowed toothbrush. Surg 
Endosc 1997;11:472-3. 

10. Lu XL, Cao HL, Qian KD. Endoscopic removal of an accidentally swallowed 
toothbrush. Inter Med 2008;47:1797-1798. 


How to cite this article: 
Cengiz F, Oymaci E, Zengel B, Erkan N, Yildirim M. Endoscopic Removal of the 
Tooth Brush Which Was Impacted in Stomach: Case Report. J Clin Anal Med 
2013;4(suppl 2): 172-4. 


174 | Journal of Clinical and Analytical Medicine 


Giant Mediastinal Teratoma 


Dev Mediastinal Teratom 


Mediastinal Teratom / Mediastinal Teratoma 


ilkay Albayrak’, Taner Tarladagalisir', Selcuk Kése?, Sedat Kocal® 
‘Edirne Devlet Hastanesi Gogiis Cerrahisi Klinigi, Edirne, 


?Bakirkoy Dr. Sadi Konuk Egitim Arastirma Hastanesi Gégiis Cerrahisi Klinigi, istanbul, 


3Hatay Mustafa Kemal Universitesi Tip Fakilltesi Gogtis Cerrahisi Anabilim Dali, Hatay, Tiirkiye 


Ozet 

Mediastinal germ hiicreli tiimorlerin biiyiik cogunlugunu teratomlar olusturur. Ma- 
tir ve immatir teratomlarin tedavisinde esas amag kitlenin tamamen cikarilmasi- 
dir. Bununla birlikte, kitlenin komsulugundaki hayati yapilar, rezeksiyonu giiclesti- 
rebilir. Bu durumda subtotal rezeksiyon yapilabilir. Rekiirrens nadirdir ve genellikle 
prognoz cok iyidir. Bu yazida perikarda fikse olmasi dolayisiyla subtotal rezeksiyo- 


nu yapilan mediastinal dev matiir kistik teratom olgusu sunulmustur. 
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Abstract 

The most of mediastinal germ cell tumors are teratomas. The main purpose of 
the treatment of immature and mature teratomas is completly resection of the 
mass. However, surgical problems may be occur due to proximity with vital struc- 
tures. In this case, subtotal resection can be performed. Recurrence is rare, and 
the prognosis is usually very good. In this report, a case of the giant mediastinal 
mature cystic teratoma that applied subtotal resection due to pericardial adhe- 
sions is presented. 
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Giris 

Teratomlar multipotansiyel embriyolojik hiicrelerden kéken alan 
germ hicreli timorlerdir. Toraks icerisinde 6n mediastende yer- 
lesimi sik gortilmekle birlikte mediastenin diZer kompartmanla- 
ri ve parankim icerisinde de gérilebilirler. Genellikle baska bir 
sebeple cekilen direkt grafide, rastlantisal olarak tespit edilir- 
ler [1,2]. Mediastinal teratomlarin kiiratif tedavisi cerrahi eksiz- 
yondur, ancak matiir teratomlarda kitlenin lokalizasyonu ve et- 
raf dokularla iliskisi total eksizyona izin vermiyor ise subtotal 
rezeksiyon ile basarili bir tedavi saglanabilir [3]. Bu yazida sub- 
total rezeksiyon yapilan dev matir kistik teratom olgusu sunul- 
mustur. 


Olgu Sunumu 

Kirkbes yasinda erkek hasta, son alti aydir mevcut olan 6ksi- 
rik ve nefes darligi sikayetleri ile basvurdu. Ozgegmisinde tib- 
bi agidan ozellik arz eden herhangi bir bulgu bulunmamaktay- 
di. Fizik muayenede, dinlemekle sagda solunum sesleri azalmisti 
ve bunun disinda baska patolojik bulgu saptanmadi. Akciger di- 
rekt grafisinde mediasteni dolduran, saga dogru ekspanse opa- 
site tespit edildi (Resim 1). Toraks bilgisayarl! tomografisinde; 
mediastinal kitlenin, torasik inlet seviyesinden itibaren prevas- 
killer alandan izlenmeye baslanan, orta hattan saga dogru uza- 
nimli 20x15x13 cm boyutunda, sivi dansitesinde tek septall kis- 
tik yapida oldugu saptandi (Resim 2). Rutin laboratuvar incele- 
meleri ve ayirici tan! agisindan istenen alfa fetoprotein (AFP) 
ve beta human koryonik gonadotropin (B-HCG) seviyeleri nor- 
maldi. Hastaya sag lateral torakotomi uygulandi. Yapilan eks- 
plorasyonda, kitlenin mediasteni tamamen doldurdugu, sag ak- 
ciger alt ve orta lobda atelektaziye neden oldugu, akciger pa- 
rankimi, g6giis duvari ve perikarda yapisik oldugu goruldu. Kitle, 
perikard ile yapisik olan kisim hari¢ subtotal rezeke edildi. Re- 
zeksiyon materyalinde bol miktarda sa¢ ve kikirdagimsi doku ol- 
dugu gortildii (Resim 3). Histopatolojik inceleme; dermal yapilar, 
sebase glandlar, sekretuar glandlar ve stromal dokudan olusan 
matir kistik teratom olarak degerlendirildi. Bu nedenle herhangi 
bir adjuvan tedaviye gerek duyulmadi. Hastanin ameliyat sonra- 
si birinci yil takibinde nuks saptanmadi. 


Resim 1. Akciger direkt grafide; mediasteni dolduran, saga dogru ekspanse opa- 
site izlenmektedir (oklar). 


Resim 2. Toraks bilgisayarl! tomografide; 6n mediasteni dolduran kistik kitle iz- 
lenmektedir (oklar). 


Resim 3. Eksize edilen kitlenin goriintiimu. 


Tartisma 

Testis ya da over kaynakli primer timor olmaksizin ortaya ¢I- 
kan germ hicreli timorler, ekstragonadal germ hiicreli timor- 
ler olarak adlandirilir [3]. Ekstragonadal germ hicreli timérlerin 
etiyolojisi ve histogenezisi heniiz anlasilamamis olmasina rag- 
men farkli hipotezler ileri srulmektedir. Bir hipoteze gore; ekt- 
ragonadal germ hicreli timérler emriyonel dénemde primordi- 
al germ hiicrelerinin migrasyonunu tamamlayamamasina bagll 
olarak ortaya ¢ikar. Baska bir hipoteze gore ise; germ hiicrele- 
ri ters migrasyonla, g6oriildigu ekstragonadal lokalizasyona yer- 
lesmektedir [4,5]. Tim germ hucreli timérlerin % 3-7 ‘si ekstra- 
gonadal yerlesimdedir ve eriskinlerdeki en sik yerlesim yeri an- 
terior mediastendir. Teratomlar ise mediastinal germ hicreli tu- 
morlerin yaklasik % 60’l1k kismini olusturur [6]. 

Mati teratomlar siklikla gen¢ eriskin dénemde saptanirlar. An- 
cak orta yas déneminde tani konulan olgular da bildirilmistir. 
Bunun nedeni olarak genellikle asemtomatik olmalari ve kitlenin 
cevre organlara yaptig! basi belirtileri gelisene kadar tan! konu- 
lamamasi gosterilebilir. Kitleler semptomatik hale geldiginde en 
sik karsilasilan yakinmalar 6ksurtk, g6giis agrisi ve nefes darli- 
gidir [7]. Bizim olgumuzda da son alti ayda ortaya ¢ikan, okst- 
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ruk ve nefes darligi sikayeti mevcuttu. Nadir olmakla birlikte kit- 
lenin komplike olmasina bagli hemoptizi, kistik igerigin ekspek- 
torasyonu, tekrarlayan solunum yolu enfeksiyonu bulgulari, stri- 
dor, ses kisikligi, Horner Sendromu bulgulari ve Vena Cava Su- 
perior Sendromu bulgulari gorilebilir [4,5]. 

Tiim mediastinel kitlelerde oldugu gibi teratomlarda da tan! 6n- 
celikle direkt grafilerde tespit edilen lezyonlarin ileri radyolojik 
incelemeleri ile konur. GOgUs tomografisi genelde diizgiin sinir- 
li kitlenin igeriginin tanimlanmasi, buyuklugii ve komsu yapilar- 
la iliskisini ortaya koymasi agisindan yol géstericidir. Bilgisayar- 
ll tomografide sivi dolu kistler, yag, yumusak doku ve kalsifikas- 
yondan olusan bir kombinasyon izlenir. Bu goriinim ayirici tani 
igin 6nemlidir. Lezyonun icgindeki yag sivi seviyeleri ise ozellik- 
le tanisaldir. Manyetik rezonans goriintiileme ise; lezyonun ice- 
rigini ve komsu yapilarla iliskisini gosterebilmesi acisindan ter- 
cih edilebilir [3,7]. 

Teratomlar endoderm, ektoderm ve mezodermin en az ikisinden 
kéken alan yapilar! igeren, solit-kistik formda bulunmakla birlik- 
te, ektodermal yapilar genellikle 6n plandadir [8]. Bizim olgumuz 
da basta sa¢ olmak Uuzere, deri eklerini yogun olarak icgermesi 
nedeniyle literatiir ile uyyumlu bulunmustur. 

Mediastinal kitlelerin ameliyat 6ncesi dénemde tani almasi cok 
guctir. Bu nedenle, mediastinal kitle tespit edilen her hastanin 
cerrahi sansi zorlanmalidir [9]. Mediastinal kitlenin lokalizasyo- 
nuna gore uygun cerrahi yaklasimla hem kesin tani hem de re- 
zeksiyon yapilabilmektedir.Mediastinel matiir teratomlarin kii- 
ratif tedavisi cerrahi rezeksiyondur. Ancak, kitleye komsu me- 
diastinal yapilarin (perikard, ana vaskiiler yapilar, hiler yapilar, 
dzofagus gibi) yogun yapisiklik nedeniyle total rezeksiyona im- 
kan vermedigi durumlarda subtotal rezeksiyon yapilabilir. Bu- 
nunla birlikte, matur teratomlarda subtotal rezeksiyonlarda bile 
prognoz miikemmeldir [3]. Bizim olgumuzda da kitlenin perikar- 
da fikse olmasi nedeniyle subtotal rezeksiyon uygulandi ve bi- 
rinci yil kontroliinde rekurrens tespit edilmedi. 

Ozellikle kalp ve biiyik damarlar gibi hayati organlara basi ya- 
pan dev mediastinal kitlesi olan hastalarda, mediastinal baski- 
yl! ortadan kaldirmak ve kiir saglamak amaci ile rezeksiyon uy- 
gulanmalidir. Bununla birlikte matiir teratom gibi iyi huylu kitle- 
lerde yapisikliklar tam rezeksiyona izin vermiyorsa, kismi rezek- 
siyon uygulanabilir bir segenektir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Gtintimtizde modern tedavi secenekleri ile beraber kanserli hastalarda sagkalimin 
artmasi nedeniyle ikinci primer tiimér gérme olasiligi artmistir. Onbes paket/yili 
sigara kullanim 6ykiisii olan 63 yasindaki erkek hasta hemoptizi yakinmasiyla bas- 
vurmus ve yapilan tetkikleri sonucunda akciger karsinoid tiiméri saptanarak ope- 
re edilmistir. Duzenli poliklinik kontrolleri yapilan hasta, izleminin 52. ayinda ikin- 


ci primer noroendokrin tiimor (kti¢iik hiicreli akciger karsinomu) tanisi almistir. 
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Abstract 

Today with modern treatment options, the possibility of second primary tumor 
detection has been increased because of increased survey in cancer patients. A 
63-year-old male patient with a 15 package/year smoking history, admitted to 
our clinic because of hemoptysis. After examinations, lung carcinoid tumor was 
detected and he was operated. During regular control on the 52nd month, he 
was additionally diagnosed second primary neuroendocrine tumor (small cell lung 
cancer). 


Keywords 
Metachrone Tumor; Carcinoid Tumor; Small Cell Lung Cancer 


DOI: 10.4328/JCAM.2105 


Received: 21.10.2013 Accepted: 16.11.2013 Printed: 01.10.2013 


J Clin Anal Med 2013;4(suppl 2): 178-80 


Corresponding Author: Aysegiil Baysak, izmir Universitesi Tip Fakiiltesi Gogtis Hastaliklari Anabilim Dali, Yeni Girne Blv. 1825 sokak No:12 Karsiyaka, izmir, Tiirkiye. 


T.: #90 2323995050 E-Mail: drbaysak@gmail.com 


178 | Journal of Clinical and Analytical Medicine 


Akcigerde Metakron Kanser / Metachrone Cancer in the Lung 


Giris 

Multip! kanserler, metakron ve senkron timorler olarak sinif- 
landirilmaktadir. Tumor ayni veya ¢ok kisa zaman araligi i¢in- 
de saptanirsa senkron, ikinci tim6r birinciyi takiben 12 ay veya 
daha fazla bir sire sonra saptanirsa metakron timor olarak ta- 
nimlanmaktadir [1]. Meme ve over gibi baz! organlarda nispe- 
ten sik gorulen ikinci primer tumor gelisimi akciZerlerde ender 
rastlanan bir durumdur. Akciger tiimorlerinin %0.5-1’ini olustu- 
ran, yaklasik %75 oraninda santral yerlesimli olan karsinoid ti- 
morlerin cerrahi tedavi ile yUz gildiiren sonuclar verdigi bilin- 
mektedir. Genellikle brons duvari ile sinirli olup, brons limeni- 
ne dogru biiyiimektedirler [2]. Karsinoid tumoér operasyonundan 
dort yil sonra ikinci primer néroendokrin kékenli tiimér olarak 
kick hucreli akciger karsinomu (KHAK) saptanan hastamiz su- 
nulmustur. 


Olgu Sunumu 

Onbes paket/yili sigara kullanim oykiisi olan 63 yasinda erkek 
olgunun hemoptizi nedeniyle yapilan tetkiklerinde akcigerde kit- 
le lezyonu saptandi (Resim-1A). Toraks bilgisayarli tomografi- 
de sag alt lobda 2x3 cm boyutlarinda kitle lezyonu izlendi. Bron- 
koskopisinde sag alt lob posterior brons agzini tikayan timér 
gériildi. ileri tetkiklerinde metastaz bulgusu saptanmadi. Sag 
alt lobektomi uygulanan olgunun operasyon materyalinin pato- 
lojisi tipik karsinoid timé6r olarak rapor edildi. Postoperatif iz- 
lem akciger grafisi Resim-1B’de goruilmektedir. Gogiis Hasta- 
liklart ve Onkoloji poliklinigine diizenli kontrollere gelen olgunun 
52. aydaki kontroliinde cekilen akciger grafisinde patoloji sap- 
tanmasi Uzerine istenen toraks bilgisayarl! tomografisinde yeni 
ortaya ¢ikan mediastinal lenf bezleri, sag Uist lob posterior seg- 
ment bronsunun distalinde sag pulmoner artere invazyon goéste- 
ren yaklasik 6x5 cm boyutunda kitle lezyonu saptandi (Resim-2). 
Yapilan bronkoskopik incelemede sag akciger Uist lob brons ag- 
zini tama yakin tikayan endobronsiyal timér goriildi. Alinan bi- 
yopsi sonucu kticgtik hiicreli akciger karsinomu olarak rapor edil- 
di (Resim-3A, B, C). ileri tetkiklerinde uzak metastaz saptanma- 
di ve sinirli evre hastalik olarak kabul edilerek kemoterapisi bas- 
landi. Olgu sunumu i¢in onami alinan hasta U¢unct kiir kemote- 
rapi sonrasi gelisen pndmoni nedeniyle eksitus oldu. 


Tartisma 

Bronsiyal karsinoid tumorlerin yaklasik %10’unu atipik karsinoid 
timorler olusturmaktadir ve yarisindan fazlasi periferiktir. Buna 
karsin tipik karsinoid tumérlerin cogu (%80) santral yerlesim- 
li olup bunlarin %20’si ana bronsta, %60'! lober ya da segment 


Resim-1B 


Resim 1. Olgunun ilk basvurusunda cekilen akciger grafisi (A), Olgunun postopera- 
tif izlemde cekilen akciger grafisi (B) 


Resim 2. Olgunun postoperatif 52.ayda ¢ekilen kontrol akciger grafi ve toraks BT 
bulgulart 


Resim 3. Olgunun patoloji preparatinda rozet benzeri yapilar olusturan tiimér hiic- 
releri (A), Olduk¢a hiperkromatik niikleusa sahip cok sayida mitoz ve sikisma ar- 
tefakti iceren kiigiik hiicrelerden olusmus tumor (B), Timor hiicrelerinde TTF1 po- 
zitifligi (C). 


bronslarinda ve %20’si ise periferik yerlesmektedir [3]. Dispne, 
hemoptizi ve stridor cok sik gortilen semptomlar olup, tekrarla- 
yic! pndmoni ve bronsun tam olarak tikanmasina bagli akciger 
absesi seklinde de kendisini gdsterebilmektedir. 

Dincer ve ark. [4]’nin yaptigi bir calismada karsinoid tumor tani- 
st almis olgularin 20’sine lobektomi, 8’ine bronkoplastik rezek- 
siyon ve 4’tine pndmonektomi uygulanmis; histopatolojik olarak 
olgularin 30’u tipik ve 2’si atipik karsinoid timor olarak rapor- 
lanmistir. Cogunlugu (n:28, %88) Evre | olgularin 7-126 aylik iz- 
lemlerinde lokal niiks ya da uzak metastaz gorulmemistir. 
ikincil kanser gelisiminde belki de en 6nemli faktér, hastanin ge- 
netik yatkinligidir [5]. Prognostik fakt6orler olarak yas, cinsiyet, 
performans durumu, sigara iciciligi, kanser tutulum bdlgesi, his- 
toloji, evre ve ilk cerrahi girisim tipi incelenmis ve yeni tumor 
gelisimi igin anlamli bagimsiz faktor bulunamamistir [6]. 
Turhan ve ark.[7] ‘nin galismasinda 1997-2006 yillar! arasinda 
akciger kanseri nedeniyle opere edilen 255 olgu arasindan 2 
metakron (%0.78) ve 2 senkron (%0.78) akciger karsinomu ol- 
gusu saptanmistir. 

Akciger timorlerinin histolojik siniflamasi Diinya Saglik Orgii- 
ti tarafindan 2004 yilinda yeniden diizenlenmistir [8]. Tim ak- 
ciger kanserlerinin %85’ini kiictik hticreli dist akciZer kanseri, 
%5'ini karsinoid timorler olusturmaktadir. Bronsiyal karsinoid 
timorlerin koken aldigi hicre konusunda ¢esitli goriisler olma- 
sina ragmen, bu tiumérlerin brons mukozasindaki “amine precur- 
sor uptake and decarboxilation” (APUD) sistemine ait noroen- 
dokrin hiicrelerden kéken aldigi kabul edilmektedir. Kiictik htic- 
reli dist akciger kanseri ile karsilastirildiginda, KHAK genellik- 
le daha hizli iki katina gikma zamanina sahiptir ve yaygin me- 
tastazlar daha erken goriilmektedir. KHAK olgularinin biiyiik ¢o- 
gunlugu sigaraya bagli olarak ortaya cikmaktadir; 6te yandan, 
geri kalan vakalarin ¢evresel veya genetik faktorlere bagli oldu- 
gu dusiintilmektedir. Bizim olgumuz ilk operasyondan 1 ay once 
sigaray! birakmisti; ancak 15 paket/yil! sigara oykiisi mevcuttu. 
Cerrahiden fayda gérebilecek bronsiyal karsinoidler ve iyi dife- 
ransiye noroendokrin karsinom olgularinin ayirici tanisinin dog- 
ru yapilmasi 6nem tasimaktadir. KHAK’li hastalarda, otopsilerin 
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%30’a varan oraninda kucik hicreli dis! karsinom diferansiyas- 
yon alanlari da saptanmaktadir. KHAK’leri epitelial zar antijeni, 
keratin ve tiroid transkripsiyon faktoru 1 (TTF1)’e immtnoreak- 
tiftir. Bizim olgumuzun gecmisinde karsinoid tiimér dykiisi ol- 
masi nedeniyle alinan bronkoskopik biyopsi materyallerinin im- 
munohistokimyasal incelemeleri ayirici tani! agisindan detayli in- 
celendi. Materyallerin patolojisi kuguk hiicreli akciger karsinomu 
olarak rapor edildi. 

Sonug olarak, tipik karsinoid tumor de olsa ézellikle sigara igen 
tim akciger kanseri olgulari niks ya da ikinci primer kanser agi- 
sindan duzenli araliklarla takip edilmelidir [10-12]. Karsinoid tu- 
mor sonras! metakron noroendokrin kanser saptanan olgu sunu- 
mu literatirde saptanmamistir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Vaskiller hastaliklarin tedavisinde, cerrahi ile antikoagiilan tedavi birbirini tamam- 
layan bir ikili olarak karsimiza ¢ikar. Bu hastaliklarda cerrahi tedavi ne kadar basa- 
rili olursa olsun temelinde vasktilopati yattig! icin cerrahi sonrasi siklikla antikoa- 
gillasyona ihtiyag duyulur. 51 yasinda kadin hastaya sol tist extremite akut embo- 
li tanisi ile operasyon uygulandi. Distal nabizlar mevcut olarak diistik molekiil agir- 
likli heparin tedavisi ile taburcu edildi. Post operatif. 7. giinde akut sol Uist extre- 
mite arteriyel tromboz ile basvurdu. Tekrar cerrahi miidahale yapildi. Takiplerinde 
trombositopeni ve arteriyel tromboz gelisti. Hasta operasyon sonrasi 7. giinde klo- 
pidogrel tedavisi ile taburcu edildi. Vaskiiler tikanikliklarda cerrahinin yani sira an- 
tikoagiilan tedavi de prognozu belirleyen 6nemli faktorlerden biridir. Trombin in- 
hibitér ilaglarin yan sira diger alternatif tedavilerde ki gelismeler ile hem cerra- 
hi basarinin artacagina hemde mortalite ve morbiditenin azalacagina inaniyoruz. 


Anahtar Kelimeler 
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Abstract 

In treatment of vascular diseases, surgery and anticoagulant treatment confront 
us as a couple supplementing each other. In these diseases, no matter how suc- 
cessful the surgical treatment is, anticoagulation is frequently necessary after 
surgery because vasculopathy lies behind them. An operation was executed to 
a 51-year-old woman with a left upper extremity acute emboli diagnosis. She 
was discharged from hospital with low molecule nominal heparin treatment in 
the presence of distal pulse. She applied with acute left upper extremity arterial 
thrombosis on the 7th day of the post operation. Surgery is repeated again. In 
the follow-up, thrombocytopenia and arterial thrombosis developed. The patient 
was discharged with clopidogrel treatment on the 7th day of the post operation. 
Anticoagulant treatment as well as surgery is one of the most significant factors 
determining the prognosis in vascular blockages. We believe that with the devel- 
opments in alternative treatments along with inhibitor drugs, both the success of 
the surgeries will increase and mortality and morbidity will decrease. 
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Giris 

Gerek arteriyel gerekse venéz sisteme ait vaskiler hastaliklarin 
tedavisinde heparin, hayat kurtaran ajan olarak tedavide yerini 
almistir. Nadir gortilmekle birlikte heparin ile trombosit faktor- 
4’tin (PF-4) olusturdugu komplekse immunglobulin G’nin (lg G) 
baglanmasi sonucu morbidite ve mortalite ile seyreden trombo- 
sit agregasyonu ve trombozlar meydana gelir. Bu klinik tabloda 
trombositopeni ve koagiilasyonlar ile seyreden cerrahi tedavi- 
ye yanit vermeyen heparin bagimli trombositopeni (HBT) gelisir. 


Olgu Sunumu 

51 yasinda kadin hasta acil servise sol ist extremite de agri 
ve sogukluk sikayeti ile basvurdu. Yapilan doppler ultrasonogra- 
fi de akut brakiyal arter embolisi tanisi konuldu. Obezite disin- 
da ek risk faktorleri saptanmadi ( koagiilasyon bozukluklari, arit- 
mi, kalp kapak hastaligi, ilag ve sigara kullanimi). Acil sartlar- 
da lokal anestezi altinda sol brakiyal bélgeden yapilan insizyon 
ile 3F fogarty kateteri kullanilarak arteriyal embolektomi yapiI- 
di (Subakut-akut stire¢te trombis). Takiplerinde heparin tedavi- 
si alan hasta post-operatif 2. giinde radial ve ulnar nabizlar po- 
zitif olarak diistk molekul agirlikli heparin (enoksaparin 0.6 ml 
2x1 cilt alti) tedavisi ile taburcu edildi. 7 giin sonra hasta, sol Uist 
extremitede ani gelisen sogukluk ve solukluk sikayeti ile tekrar 
basvurdu. Yapilan doppler ultrasonografi ve anjiyografi de (Se- 
kil 1) sol brakial arter proksimal kismindan baslayip, distale ka- 
dar uzanan, radial ve ulnar arterleri igeren akut sire¢ de trom- 
bus saptandi. Tekrar selektif embolektomi yapildi (akut trom- 
bus). Distal nabizlari palpabl olarak operasyondan cikan hasta- 
ya heparin infiizyonu baslandi. Takiplerinde trombosit degerleri 
320.000/pl den 24.000/pl’ye diistii ve tekrar radial ve ulnar ar- 
terler tromboze oldu. Dijital emboliler gelisti (Sekil 2). Antikar- 
diyolipin IgG ve IgM (6.337 u/ml ve 4.498 u/ml), antifosfolipid 
IgG ve IgM (2.969 u/ml, 8.597 u/ml), anti-tiroglobulin antikorlari 
(14.66 IU/ml), protein-C (%137), protein-S (%92), lupus antikoa- 
giilan (1.16 R), faktér VII (%148), von Willebrand faktor (%1 78), 
reptilaz zamani (16.1 sec), faktor V (%83), ristosetin faktor (227 
sn) degerlerine bakildi. Hematolojik agidan ek bir patoloji sap- 
tanmadi. Biyokimyasal degerleri normaldi. 

Heparin yerine vazodilatatér tedavi baslanildi. Trombosit de- 


Sekil 1. Proksimal brakiyal arter total okliizyonu. 


Sekil 2. Dijital emboli 


gerleri normal seviyeye ulastiktan sonra varfarin tedavisine ge- 
cildi. Varfarin tedavisi sirasinda INR (international normalized 
ratio) degeri 1.8 iken, sag frontal lobda intraserebral hemora- 
ji ve sol hemipleji gelisti. Varfarin tedavisi sonlandirildi. Takip- 
lerinde norolojik defisit geriledi. Kollateral damarlar ve medikal 
tedavi ile yeterli kan akiminin saglandigi, distaldeki akut iskemi- 
nin dizeldigi gortildd. 6 aylik takiplerinde herhangi bir amputas- 
yona ihtiyag olmadi. Hastanin takiplerine fizik tedavi ve rehabi- 
litasyon klinigi ile birlikte devam edilmektedir. 


Tartisma 

HBT gelisen hastalarda erken tani ve tedavi gelisebilecek mor- 
bidite ve mortaliteyi azaltmada son derece 6nemlidir. 

HBT'nin kliniginde bir yanda yeni gelisen trombozlar ve mik- 
ro emboliler, digZer yanda kanama riski ile bas edilmesi gere- 
kir. Tani, siklikla klinik ve trombosit degerlerinin diismesi ile ko- 
nulabilmesine karsin trombosit aktivasyon ve agregasyon ana- 
lizleri ile de dogrulanabilir. 4-14 giin arasinda heparin tedavi- 
si almis olgularda, aciklanamayan trombosit degerlerinde diis- 
me (%50’den fazla) gériilmesine karsin tekrarlayan trombozla- 
rin olmasi HBT’den stiphelenilmesine neden olur [1]. Olgumuz- 
da, trombosit degerlerinin dismesi, damar yapisinda 6nemli bir 
patoloji olmaksizin tekrarlayan trombozlar, dijital mikro embo- 
lilerin gelismesi ile HBT’den suphenilerek tani konuldu. Heparin 
tedavisinin kesilmesi ile trombosit degerlerinin dramatik olarak 
normal seviyelere ulasmasi! G6nemliydi. Bakilan diger hematolo- 
jik ve immitnolojik parametreler normaldi. 

HBT tedavisinde, heparin tedavisinin durdurulmasi siklikla so- 
runu ¢ézmesine ragmen damarsal hastaliga eslik eden trom- 
bozlara yonelik gerekli tedavi icin yeni ilag segimi de bir 0 ka- 
dar 6nemlidir. 

Varfarinin sebep olabilecegi cilt nekrozu, ekstremitelerde ven6z 
gangren tehlikesi nedeniyle aktif HBT olgularinda kullanimina 
dikkat edilmelidir. Dusuk molekil agirlikli heparin kullanimi ise 
bu ilacglarin dolasimdaki PF4-heparin antikorlari ile capraz reak- 
siyona girmesi sebebiyle onerilmemektedir [2]. Bu nedenle HBT 
tedavisinde direkt trombin inhibitorleri veya heparinoidler ile 
antikoagillasyon gerekir. 

Direkt trombin inhibitorleri icin birkag tane segenek vardir. 
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Lepirudinin, HBT hastalarinda kontrol gruplarina gore daha 
duistk sayida trombotik olay gelismesine neden oldugu ancak, 
daha fazla sayida ciddi kanama sorunlarina yol a¢tigi rapor edil- 
mistir [3]. Ayrica daha once lepirudin tedavisi almis hastalarda 
bu ilaca karsi fatal anafilaksiye kadar giden duyarlilasmalar ol- 
dugu bilinmektedir. Bu nedenle HBT hastalarinin, bu molekiille 
tekrarlayan tedavisi o6nerilmemektedir. 

Argotroban bir diger direkt trombin inhibitoridtr. Bu molekiliin 
de ayn lepirudin gibi HBT hastalarinda kontrol gruplarina gore 
yeni trombotik olaylarin gelismesini azalttig1, ancak farkli olarak 
ciddi kanama oranlarinda artis yapmadigi gésterilmistir [4]. Ay- 
rica su ana kadar argotrobana kars! antikor olusumuna ve du- 
yarlilasmaya rastlanilmamistir. 

Bivalirudin perkutan koroner girisimlerde HBT riski olan hasta- 
larda kullanimina onay verilen bir molekiildiir. Kisa yar! 6mrii ne- 
deniyle kardiyopulmoner bypass operasyonlarinda HBT olasili- 
81 olanlarda heparine alternatif olabilirliZi arastirilmaktadir. Ay- 
rica HBT tedavisinde trombotik olaylarin engellenmesinde ar- 
gotroban ile benzer sonuclar ve benzer kanama oranlari bulun- 
mustur [5]. Ancak daha genis ¢apli klinik arastirmalar hentiz ya- 
pilmamistir. 

Danaparoid, heparan silfat ve dermatan sulfat karisimi olan 
molekildiir ve antitrombin aracili fakt6r Xa inhibisyonu yapa- 
rak etki gosterir. Yeni trombozlari 6nlemede etkili olup, heparin- 
le capraz reaksiyon ve kanama komplikasyon oranlar! diistiktur. 
HBT tedavisinde alternatif olmaya aday yeni molekiiller oral kul- 
lanilan fakt6ér Xa inhibitorleri ve direkt trombin inhibitorleridir. 
Atrial fibrilasyon ve derin ven trombozu icin profilaksi amacty- 
la kullanimi onaylanan bu molekillerin, HBT tedavisinde kulla- 
nimi agisindan heniz yeterli ¢alisma olmamakla birlikte basari- 
li sonuclar bildirilmektedir [6]. Heparin ile benzerligi olmayan bu 
molekillerden rivaroksabanin ve dabigatranin in-vitro sartlarda 
PF4 ve anti-PF4/heparin antikorlari ile reaksiyona girmedigi g6- 
rdlmustir [7]. Oral kullanilan faktor Xa inhibitor apixabanin da, 
HBT antikorlari ile reaksiyona girmedigi gortilmistir. Hastaligin 
tedavisinde ve onlenmesinde farkli bir segenek olabilecegi 6n- 
gortilmektedir [8]. 

HBT tedavisi icin 6ncelikle bahsedilen antikoagiilanlardan has- 
taya gore uygun bir tanesinin baslanmasi, trombosit sayis! 
150.000/ul diizeyini gecince varfarinin tedaviye eklenmesi ve 
INR degeri en az 48 saat teropotik diizeyde olacak sekilde bes 
giin birlikte kullanilmasi 6nerilmektedir [9]. 

Hastamizda heparine bagimli trombositopeni gelistikten sonra 
trombosit degerleri normale gelmesine ramen varfarin teda- 
visi sonras! sorunlardan uzaklasilamamistir. EZer kontrendikas- 
yon yoksa direkt trombin inhibitérleri ve fakt6r Xa inhibitorle- 
ri ile alternatif tedavilere yonelerek morbidite ve mortalitenin 
azaltilabilecegine inaniyoruz. Diger antikoagilanlar ile yapilan 
genis kapsamli calismalara daha fazla 6nem ve hiz verilmesi ge- 
rekliligi olgumuz ile tekrar giindeme gelmistir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Ayna hayali hareketler, viicudun bir tarafinda meydana gelen ve kontralateral is- 
temli hareketin 6rnegini taklit eden istemsiz hareketlerdir. Kalici ayna hayali hare- 
ketleri cesitli konjenital malformasyonlarla birliktelik gosterebilir. Anomalilerin es- 
lik etmedigi ailevi ve sporadik olgulara da rastlanilabilmektedir. Klippel-Feil Send- 
romu gestasyonun 8. Haftasinda servikal somitlerin segmantasyonunda yetersiz- 
lik sonucu gelisen en az iki servikal segmentte fiizyon gértilen konjenital bir mal- 
formasyondur. Bu yazida biri izole digeri Klippel-Feil Sendromu ile birliktelik gos- 


teren iki ayna hayali hareketi olgusu sunulmustur. 
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Abstract 

Mirror movements are involuntary movements that occur in homologous contra- 
lateral muscles on voluntary activation. Persistent mirror movements may be as- 
sociated with congenital malformations; however, familial syndromes or sporadic 
cases without any associated anomalies are are also noted. Klippel-Feil syndrome 
is a congenital malformation that exists secondary to the failure of the normal 
segmentation of cervical somites during the third and eighth weeks of gestation. 
Hereby, we present two cases with mirror movement: isolated and associated with 


Klippel-Feil syndrome. 
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Giris 

Ayna hayali hareketleri, viicudun bir tarafinda meydana gelen 
istemli hareketi es zaman! olarak vicudun karsi tarafindaki ho- 
molog kaslarda taklit eden istemsiz hareketlerdir. Ayna hareket- 
leri erken cocukluk déneminde sik gortliir ve genellikle de haya- 
tin ilk on yilindan sonra kaybolurlar. Bazi nadir olgularda kali- 
ci ayna hareketleri otozomal dominant ya da inkomplet penet- 
ransla gecis gésterir ve diZer norolojik bulgular olmaksizin or- 
taya cikarlar [1,2]. Diger taraftan bu durum, cesitli konjenital 
malformasyonlarla da birliktelik gosterebilir ya da motor yolla- 
rin erken unilateral lezyonlar! sonrasinda olusabilir [3-4]. Bu pa- 
tolojik durum Kallmann sendromunun X’e bagli gegen formun- 
da, Klippel-Feil Sendromu (KFS) ve korpus kallozum agenezisin- 
de goriilebilmektedir. Bununla birlikte ailevi ve sporadik olgula- 
ra da rastlanmaktadir [5,6]. Guniimiizde ipsilateral kortikospinal 
traktin anormal gelisimi veya transkallozal inhibisyonun eksik- 
liZi ayna hayali hareketini agiklayan iki ana hipotez olarak ka- 
bul edilmektedir [7]. 

KFS gestasyonun 8. haftasinda servikal somitlerin segmantas- 
yonunda yetersizlik sonucu gelisen en az iki servikal segmentte 
fizyon gorilen konjenital bir malformasyondur. Klasik triadinda 
kisa boyun, asagi yerlesimli sag cizgisi ve boyun hareketlerinde 
azalma vardir. Genellikle ¢ocuk yaslarda klinik belirtiler géril- 
meye baslasa da nadir olgularda ileri yaslarda tani konulur. Bo- 
yun hareketlerinin azalmasi en sik gorulen bulgudur. KFS ile bir- 
likte skolyoz ve/veya kifoz (%60), Sprengel deformitesi (%30) 
ve tortikollis gibi iskelet sistemi anomaiileri, Uiriner sistem ano- 
malileri (%35), isitme kaybi (%30), yuzde asimetri ve ensede 
yayvanlasma (%20), sinkinezi veya ayna hareketleri (%20), do- 
gumsal kalp hastaliklari (%4.2-14) gérilebilir [7-13]. Konjeni- 
tal ayna hayali hareketi ve KFS birlikteligi literattirde bildiril- 
mistir [4-11, 14]. 

Bu calismada klinigimize ayna hareketi ile basvuran, inceleme- 
ler sirasinda herhangi bir anomalinin eslik etmedigi izole ve KFS 
birlikteligi tespit edilen iki olgu literatur esliZinde sunulmustur. 


Olgu Sunumu 1 

12 yasinda, kiz olgu, bir eliyle yazi yazarken veya bir elini oyna- 
tirken diger elininde ona benzer hareketler yapmasi nedeni ile 
basvurdu. Hastanin ailesiden bu sikayetinin 4-5 yildir oldugu 6g- 
renildi. Hastanin prenatal ve postnatal 6yktistinde bir dzellik ol- 
madigi, bir yasinda gecirilmis bir basit febril konvilziyon hika- 
yesi oldugu, anne ve baba arasinda akrabalik olmadigi 6grenil- 
di. Hastanin fizik muayenesinde ellerde ince motor hareketler- 
de, bir elin yaptigi hareketlere diger elinde istemsiz olarak es- 
lik ettiZi gozlendi. Diger sistem muayene bulgulari dogaldi. La- 
boratuvar incelemesinde hemogram, rutin biyokimya ve tiroid 
fonksiyon testleri normaldi. Beyin manyetik rezonans goriinti- 
lemesi (MRG) ve servikal spinal MRG’si normaldi. Norometabo- 
lik agidan yapilan g6z muayenesi normal olarak degerlendirildi. 
Elektromiyografide (EMG) intrensek el kaslarinin, 6n kolun flek- 
sor ve ekstensor kaslarinin istemli kontraksiyonu, diger tarafin 
ayn! kas gruplarinda EMG aktivitelerine neden oldu. Hastada 
ayna hareketine eslik eden herhangi bir konjenital yapisal ano- 
mali tespit edilmedi. Tum bu bulgulara dayanarak izole ayna ha- 
yali hareketi tanisi konuldu. 


Olgu Sunumu 2 

4 yas 5/12 aylik, kiz olgu bir elinin yaptig: hareketi diger eli 
ile istemsiz olarak yapma sikayeti ile basvurdu. Annesinden ali- 
nan anamnezden dogumdan itibaren bir eliyle ne hareket yapar- 
sa digeri ile de ayni hareketi yaptig! 6grenildi. Hastanin prena- 
tal 6ykiistinde bir 6zellik yoktu. Postnatal 6ykiisiinde topuk ta- 
rama testinde hipotiroidisi tespit edilerek tedavisinin baslandi- 
81, 6 aylikken sag inguinal herni nedeniyle opere edildigi ogre- 
nildi. Anne baba arasinda akrabalik yoktu. Fizik muayenesinde; 
kisa-yele boyun, diistk ense sag cizgisi, yuksek damak, hiperte- 
lorizm, pektus ekskavatum, bilateral pes planus ve meme basla- 
rinin birbirinden ayrik oldugu tespit edildi. Boyun lateral rotas- 
yonu bilateral kisith idi. Yuriirken ayaklari ige basiyordu. Diger 
sistem muayene bulgular! normal olarak degerlendirildi. Labo- 
ratuvar incelemesinde hemogram, rutin biyokimyasal testleri ve 
tiroid fonksiyon testleri normal sinirlardaydi. Radyografide ser- 
vikal vertebralarda fiizyon oldugu tespit edildi (Resim 1). Mevcut 
bulgularla KFS ve ayna hayali hareket bozuklugu tanisi konuldu. 
KFS acisindan eslik eden diger sistem anomalilerine yénelik ya- 
pilan renal ultrasonografisinde, sa& bobrekte minimal ektazi iz- 
lendi. Beyin MRG ve ekokardiyografi normaldi. Spinal MRG’de 
KFS ile uyumlu olarak servikal vertebralarda segmentasyon ve 
fiizyon anomalileri izlendi (Resim 2). 


Tartisma 

Ayna hayali hareketler bir ekstremitedeki istemli hareketin ben- 
zer veya aynisinin, es zamanli olarak vicudun karsi tarafindaki 
homolog kaslarda goézlendigi istemsiz hareketler olarak tarifle- 
nir [14]. Genellikle Ust ekstremitelerin distalinde yapilan hare- 
ketin benzeri karsi tarafta gérulur. Otozomal dominant ve re- 
sesif kalitilan ve belirli bir neden gésterilemeyenlerin yaninda 
pek cok gelisimsel kusur veya hastalikla birlikteligi bildirilmistir. 
Kallman sendromu, KFS, diastematomyeli, servikal meningosel, 
gergin spinal kord, Chiari tip | ve Ill, korpus kallozum agenezisi, 
baziller invaginasyon, kondrodistrofi, Usher sendromu, epilepsi, 
distoni, inme, Freidreich ataksisi, diyabet insipidus, fenilketonti- 
ri ve intrakraniyal timor bunlar arasindadir [1-6,11,14]. Erken 
cocukluk déneminde sik gériilmekle beraber yasin ilerlemesiyle 
prevalansi ve siddeti azalmaktadir. Cocukluk déneminde gortilen 
bu ayna hayali hareketlerinin kaynagi kesin olarak bilinmemek- 
tedir, ancak istemli hareketler sirasinda ipsilateral kortikospi- 
nal traktin da aktive olduguna inanilmaktadir. Normal sartlarda 
bu aktivasyon korpus kallosum tarafindan inhibe edilir. Korpus 
kallosumdaki fibrillerin miyelinizasyonu 10-13 yaslarina dogru 
tamamlandigindan bu yaslara kadar transkallosal yollar fonk- 
siyonlarini tam olarak yapamazlar ve gerekli inhibisyon sagla- 
namadigindan istemli hareketin karsi tarafinda ayna hareketi 
olusur. [1-6,11,14]. Ayna hayali hareketi olusumunu aciklayan 
iki ana hipotez mevcuttur. Birinci hipotez erken ¢cocukluk déne- 
mi gecilmesine ragmen transkallozal inhibisyonun saglanama- 
masina bagli ayna hareketi olusmasidir [14]. Sunulan ilk olgu- 
muzdaki ayna hareketinin olusumunu bu hipotez aciklamaktadir. 
KFS gestasyonun erken dénemlerinde iki veya daha fazla ver- 
tebrada segmentasyon yetersizligi nedeniyle servikal vertebra- 
larda fiizyon olmasi buna boyun kisaligi, sag cizgisi disuklUgu ve 
boyun hareketlerinin kisitlanmasinin eslik ettigi bir iskelet disp- 
lazisidir [7,8]. Olgularin %65’i kadindir. Sikliginin 40000-42000 
dogumda 1 oldugu tahmin edilmektedir [7,9]. Bu sendroma skol- 
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Resim 1. AP servikal vertebra grafisinde servikotorasik bileskede kelebek vertebra 
ve hemivertebrayi da iceren cok sayida segmentasyon anomalisi ve buna bagli 
olarak agikligi saga bakan skolyoz izlenmektedir (ok). 


Resim 2. Mid-sagittal T2 agirlikli MRG’de servikal vertebralarda segmentasyon 
anomalileri ve blok vertebra (ok) gériintimii izlenmektedir. 


yoz, kifoz, sprengel deformitesi, tortikolis, Gst ekstremitelerde 
diffiiz ya da fokal hipoplazi, sindaktili gibi lokomotor sistem 
anomaliileri eslik edebilir [7-13]. 

KFS'li hastalarda genitotiriner sistem anomalileri %35-65, isit- 
me kaybi %30, konjenital kalp hastaliklar! %5-15 (en sik ventri- 
kiiler septal defekt) eslik edebilir. Uriner sistem anomalilerinden 
en sik renal agenezi, cift toplayici sistem, renal ektopi, bilateral 
tubuler ektazi ve hidronefroz goériilmektedir [8,9]. 

KFS'li hastalar vertebral fizyonun yerlesimine gore 3 grupta in- 


celenebilinir. Tip 1 servikal vertebralarin tamaminda ya da ta- 
mamina yakininda ve ust torakal vertebralarda fiizyon vardir. 
Tip 2’de ikili ya da gli segmentler halinde fizyon vardir. Tip 
3’de ise servikal vertebra fiizyonuna alt lomber vertebral fuizyon 
eslik eder. Tip 2 otozomal dominant digerleri otozomal resesif 
gecer. Tip 2’de iskelet sistem belirtileri daha fazla iken Tip 1 ve 
3 de daha agir seyreder [7-10]. Bizim olgumuzda mevcut bulgu- 
lar ile Tip 1 KFS diistindildu. 

Ayna hayali hareketi olusumunu aciklayan alternatif hipotez ise 
KFS ve Kallman sendromunda géruldugii gibi ipsilateral korti- 
kospinal traktin anormal gelisimidir [10-14]. Mayston ve arka- 
daslari [11] X’e bagli 13 Kallmann sendromu olgusunun yer aldi- 
81 calismalarinda, manyetik stimUlasyon ile iki tarafll Gst ekstre- 
mite distalinde benzer motor uyarilmis potansiyel yaniti elde et- 
mistir. Bu ve benzer veriler ipsilateral kortikospinal traktin anor- 
mal gelisimi sonucu ayna hayali hareketi olustugunu gostermis- 
tir [11,14]. KFS ile birliktelik gosteren ikinci olgumuzun ayna ha- 
reketi yukarda anlatilan alternatif hipotez mekanizmas! ile a¢ik- 
lanabilir. 

Sonug olarak oykii ve fizik muayene bulgulari ile ayna hayali ha- 
rekti tanisina ulasmak kolaydir. Eslik eden klinik bulgulari dikka- 
te alarak cesitli hastalik ve sendromlar arastirilmalidir. Ayna ha- 
yali hareketi igin cogunlukla tedavi gerekli degildir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ottowa Kriterlerinin Yetersiz Kaldigi Nadir Bir Kirik: 


A Rare Fracture That Ottawa Ankle Rules are Insufficient: 


Isolated Posterior Malleolar Fracture 
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Ozet 

izole posterior malleol kirigi ayak bilek kiriklari arasinda olduk¢a nadir goriilen bir 
kiriktir. 23 yasinda erkek hasta yiiksekten diisme sonrasi baslayan ayak bilek agri- 
si nedeni ile acil servise basvurdu. Bilgisayarli tomografide posterior malleolde ki- 
rik hatt izlenen hastaya, kirigin eklem hattinin %25’inden azini igermesinden dola- 
y! konservatif tedavi planlanarak diz alti alc: uygulandi ve 6. haftada rehabilitasyo- 
na baslandi. izole posterior malleol kirigi tants! farkli travma mekanizmasiyla olus- 
mas! nedeniyle Ottowa kriterleri ile her zaman konulamaz. Bu sebeple uyumsuz kli- 
nik bulgusu olan, ayak bilek travmasi gecirmis hastalarda izole posterior malleol 


kirigi akilda tutulmalidir. 
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Abstract 

Isolated fracture of the posterior malleolus is rare. A 23 year- old male patient 
admitted to our emergency department suffering from ankle pain after fall. Com- 
puted tomography revealed fracture line at posterior malleolus. As well as it en- 
compasses less than 25% of the joint surface, conservative treatment planned 
and below-knee cast was applied. Physical therapy was started at six week later. 
Due to different mechanism of occurrence it is hard to diagnose isolated posterior 
malleolus fracture by means of Ottawa ankle rules. Thus when clinical manifesta- 
tion is incompatible with radiologic appearance, diagnose of isolated posterior 


malleolus fracture should be kept in mind. 
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Introduction 

Trauma, the health problem that affects especially the young 
population, holds an important place in the admission to the 
emergency services [1,2]. Ankle injuries are one of the com- 
mon injuries during sport activities. Although ankle sprains are 
certainly the most common injuries, ankle injuries are the lower 
limb fracture to present more frequently. Ankle fractures are 
seen with an incidence of 1-2 per 1000 persons per year in 
emergency departments. Coincidence of fracture of posterior 
malleolus and injuries of ligaments and the other types of frac- 
tures of ankle is frequently seen. Isolated fracture of posterior 
malleolus has a reportedly low incidence [3]. Although having 
low incidence, in case of diagnostic failure, due to leading to- 
wards chronic ankle problems, this case highlights the impor- 
tance of diagnosing isolated posterior malleolar fracture needs 
more attention. 


Case Report 

A 23 year old male limping and suffering from right ankle pain 
due to landing from a 2-3 meters high structure admitted to 
emergency department (ED). On detailed questioning, he re- 
ported that he had landed on his right foot, which was imme- 
diately folded beneath him due to failure of keeping balance. 
Visual inspection of the right ankle and foot revealed no signifi- 
cant edema and deformity. According to Ottawa ankle rules, he 
had no tenderness at the medial or lateral malleoli and no pain 
on metatarsi. Moreover there was no sign of injuries of del- 
toid and lateral collateral ligaments. Fibular compression test 
evidencing proximal fibular injury was negative. Active range of 
motion and passive range of motion was full. 

Initially there was a low suspicion of fracture, because the typi- 
cal applications of Ottawa Ankle Rules were negative, as he 
could ambulate with low pain, no tenderness to palpation at the 
malleoli. Due to incompatibility of clinical manifestation and 
ankle pain, radiographs of patient were ordered. Radiographs 
confirmed the presence of an isolated posterior malleolar frac- 
ture encompassing less than 25% of the joint surface [Figure 1]. 
There was no evidence of fracture relevant with distal or proxi- 
mal fibula. Computed tomography was immediately ordered for 
further evaluation to rule out any other injuries. Computed to- 
mography revealed no other pathology except posterior malleo- 
lar fracture [Figure 2]. Fracture was reviewed to be stable due 
to having no concomitant injuries, being non-displaced fracture 
and encompassing less than 25% of the joint surface. The pa- 
tient was placed in a non-weight bearing below-knee cast. The 
patient was encouraged for progressive weight bearing gradu- 
ally once the cast was removed. Healing of the fracture was 
noted on radiographs taken 2 months later. 


Discussion 

Ankle fractures are vital importance because of needing pro- 
longed immobilization, causing to withdraw from social life and 
causing chronic pain due to fracture involving joint. Ankle frac- 
tures may occur in different types due to trauma type, quality of 
bone, history of ankle fracture and position of ankle at impact. 
Ankle fractures account for 3.92 % of the entire body fractures. 
Roughly 7-44 % of ankle joint fractures are accompanied by 
posterior malleolar fractures which are rarely seen alone. The 


Figure 2. Isolated posterior malleolar fracture on the lateral [Figure 2A] view and 
transvers [Figure 2B] view of Computerized Tomographic evaluation of the lower 


leg 


integrity of the posterior malleolus and its ligamentous attach- 
ment has vital importance for tibiotalar load transfer, posterior 
talar stability, and rotatory ankle stability [4]. 

There are many classifications related with ankle fractures. 
Classification based on clinical or radiological criteria is impor- 
tant in terms of definition of the fracture, orientation of treat- 
ment and evaluation of treatment outcomes. The most widely 
accepted classification system in clinical use for this purpose is 
the classification of Henderson [5]. In this system, ankle frac- 
tures are typically classified as unimalleolar (isolated internal 
or external or anterior or posterior), bimalleolar (concomitant 
fractures of internal and external malleoli) and trimalleolar 
(concomitant fractures of internal, external and posterior mal- 
leoli). 

80-95% of patients presenting to EDs with ankle injuries re- 
ceived X-rays even though only 15% of the patients offered X- 
rays have bony pathologies [6]. The Ottawa Ankle Rules (OARs) 
as a method of physical examination were developed to de- 
crease cost of ordering extraneous radiographs while reduc- 
ing the risk of missing fractures of the ankle. After assessment 
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based on the OARs, ordering extraneous radiographs reduces 
by 28% [7]. Although having high sensitivity, the OARs have a 
specifity of 10-79% varying over a wide range. Tenderness to 
palpation of the posterior edge or tip of either malleoli (palpat- 
ing 6 cm proximally) and/or inability to fully weight bear at least 
4 steps are the indications for ordering X-rays [8]. But unfortu- 
nately, OARs fall short of suspected posterior malleolar fracture. 
Thus when clinical manifestation is incompatible with radiolog- 
ic assay (AP, lateral and mortis), diagnose of isolated posterior 
malleolus fracture should be kept in mind. While the findings of 
plain radiographs did not indicate that a fracture was likely in 
patients with clinically suspected fracture, additional imaging 
methods should be ordered. Besides, 50 degrees of external ro- 
tation radiographs can give an idea of fracture [4]. CT scan is of 
greater value in case of suspected fracture. 

Posterolateral tibial lip of ankle is known as Volkmann’s triangle. 
Fractures of this site is named as posterior malleolar fractures. 
Roughly 7-44 % of ankle joint fractures are accompanied by 
posterior malleolar fractures which are rarely seen alone [9]. Al- 
though supination and external rotation mechanism causes iso- 
lated posterior malleolar fractures according to classification 
of Lauge-Hansen; Michelson could not produce isolated poste- 
rior malleolar fracture by means of the mechanism described 
by Lauge-Hansen from cadaver studies [10]. According to lit- 
erature, a common mechanism of injury for posterior malleolar 
fractures includes plantar hyperflexion of the foot combined 
with an axial load such as may occur with slipping or falling 
[11]. Fractures occur due to imbalance between tensile strength 
of posterior inferior tibiofibular ligament and compression force 
of the dome of the talus. The size and stability of posterior seg- 
ment, congruency of joint surface and posterior talar sublux- 
ation is important in deciding the treatment of fractures of 
posterior malleolar fracture. Internal fixation is recommended 
when the posterior malleolar fragment constitutes more than 
25% of the tibiotalar joint surface [12]. Posterior talar sublux- 
ation is commonly seen in bimalleolar or trimalleolar fractures. 
Arrangement of the other fractures also corrects posterior talar 
subluxation by means of ligamentotaxis [13]. In our case, the 
patient was placed in a non-weight bearing below-knee cast 
and surgical treatment was avoided due to having no concomi- 
tant injuries, being non-displaced fracture and encompassing 
less than 25% of the joint surface. 

As a conclusion, isolated posterior malleolar fractures are fairly 
rare entities due to specific mechanism occurrence. Despite the 
success in facilitating the diagnosis of ankle fractures, the OARs 
demonstrate failure in ruling out certain ankle fractures such as 
isolated posterior malleolar fractures due to not having specific 
rules for posterior malleolar fractures, ultimately causes misdi- 
agnosing the posterior malleolar fractures and lead to pain and 
degenerative changes. Suspect of malleolar fracture is the first 
step in the diagnose of posterior malleolar fracture. 
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Ozet Abstract 

Restriktif kardiyomiyopati, cocuklarda nadir goriilen bir kardiyomiyopatidir. Belir- Restrictive cardiomyopathy is quite rare in childhood. The disease is character- 
gin bir sistolik fonksiyon bozuklugu veya ventrikiiler genisleme olmadan diyastolik ized by diastolic dysfunction without systolic dysfunction or ventricular dilatation. 
fonksiyon bozuklugu gelismesidir. Klinikte sag kalp yetmezligi bulgulari, trombo- Right heart failure signs, tromboembolism and cardiac arrhytmia can be seen in 


emboli ve aritmiler gorilebilir. Bu makalede, kalp yetmezligi bulgulariyla gelen ve clinic presentation. In this case report, a 15 year-old patient who had heart failure 


restriktif kardiyomiyopati tanis! konulan 15 yasindaki hasta olgu sunumu yapildi. signs was diagnosed with restrictive cardiomyopathy . 
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Giris 

Restriktif kardiyomiyopati (RKMP), cocuklarda son derece nadir 
gorilen bir kalp kasi hastaligidir. Bu hastalikta ventrikiler di- 
latasyon veya sistolik fonksiyon bozuklugu olmadan diyastolik 
fonksiyonlarda kayip ve sag kalp yetmezligi bulgulari olur. idi- 
yopatik olabilecegi gibi birgok sebebe bagli da gelisebilir. Has- 
talarda kalp yetmezliginin yaninda tromboembolik hadiseler ve 
cesitli aritmiler gorilebilir (1-3). Konstriktif perikarditle ayirici 
tanisinin yapilmasi ¢ok 6nemlidir (3). Bu makalede, gocuk kar- 
diyoloji poliklinigine sag kalp yetmezligi bulgulariyla gelen ve 
RKMP tanisi konulan hastay! olgu sunumu yaparak, seyrek g6- 
rulen bu hastaligi hatirlatmak istedik. 


Olgu Sunumu 

iki yildir cabuk yorulma, halsizlik, nefes darliZi ve carpinti sika- 
yetleri olan 15 yasindaki kiz hastanin son Ug aydir bu sikayet- 
lerinde artis olmus. Bir yildir karninda siskinlik ve karin agrila- 
ri sikayeti de varmis. Hastanin yorulunca g6égiis agrisi oluyor- 
mus ve dinlenmekle 10-15 dakika i¢ginde kendiliZinden geciyor- 
mus. Bayilmasi olmamis. Ozgecmisi ve soygecmisi sorgulandi- 
ginda akraba evliligi veya ailede benzer hastalik hikayesi yok- 
tu. Hastanin cocuk kardiyoloji polikliniginde yapilan fizik mua- 
yenesinde genel durumu iyi, bilinci agik idi, kan basinc! 100/60 
mmHg, kalp hizi 82 /dakika, solunum sayisi 24 /dakika, vicut Isi- 
s! 36,8 C° olarak tespit edildi. Kardiyak muayenesinde, prekor- 
diyumda her odakta duyulabilen pansistolik karakterli 2/6 sid- 
detinde Ufurumii vardi, solunum sesleri dogaldi, batini distan- 
dii olan hastada perktisyonda asit ile uyumlu matite tespit edil- 
di, karaciger kot altinda 2-3 cm ele geliyordu ve dalak nonpal- 
pabl idi. Boyun ven dolgunlugu yoktu. Elektrokardiyografik ince- 
lemede (EKG), kalp hizi 75 /dakika olan normal sintis ritmi vardi. 
P dalgalari biatriyal genislemeyle uyumlu olarak genis ve derin 
idi, yaygin olarak RsR paterni gortildi (Resim 1). Tele’sinde kar- 
diyotorasik orani 0.6 olarak dlc¢iild, pulmoner konjesyon veya 
perikardiyal kalsifikasyon yoktu (Resim 2). Ekokardiyografik de- 
Serlendirmede (EKO) sag ve sol atriyum, koroner siniis ve vena 
kava inferior (iVK) genisti, IVK’nin capinda solunumsal fazda ol- 
masi gereken degisiklik azalmisti. En derin yerinde 15 mm ola- 
rak dlcilen perikardiyal efuizyon vardi, ikinci derece mitral ve tri- 
kiispid yetersizligi tespit edildi, pulmoner hipertansiyon bulgula- 
ri veya trombis yoktu. Perikardiyal kaliniasma yoktu. (Resim 3). 
Ventrikil duvarinda kalinlasma veya kapak yapisinda anormal- 
lik gortilmedi. Doppler EKO incelemede mitral kapak E akim hizi 
artmis, A akim hizi azalmis, deselerasyon zaman kisalmis ve 
E/A orani artmis olarak tespit edildi ve bu bulgular restriktif do- 
lus paterni ile uyumlu olarak kabul edildi. Batin ultrasonografi- 
sinde batinda yaygin asit ve hepatomegali oldugu, iVK ve hepa- 
tik venlerin belirgin dilate oldugu izlendi. 

Bu klinik ve laboratuar bulgulariyla hastanin RKMP veya kons- 
triktif perikardit olabilecegi diisunildi. Bu iki hastaligin ayi- 
riminin yapilabilmesi igin hastanin anamnezi, fizik muayenesi, 
laboratuar ve radyolojik tetkikleri tekrar degerlendirildi. Hasta- 
da veya ailesinde gecirilmis tuberkiiloz 6ykiisi yoktu. Hastadan, 
daha once olan bir kalp cerrahisi, kalp travmasi veya akut peri- 
kardit ile ilgili anamnez alinmadi. Fizik muayenede atriyoventri- 
killer kapak yetmezliklerine bagli oldugu diisunilen sistolik Uft- 
rim duyulmasi, ekokardiyografik incelemede de mitral ve tri- 
kiispit yetmezlik tespit edilmesi RKMP lehine bulgular olarak de- 


Resim 2. Hastanin Tele filminde kardiyomegali oldugu gortilmekte. 


Resim 3. Hastanin EKO goriintisiinde ileri derecede genis sag ve sol atriyum. 
RA:Sag atriyum LA:Sol atriyum 


gerlendirildi. Konstriktif perikarditle ayirimi icin kardiyak man- 
yetik rezonans goériintiileme (MR) yapildi, perikard kalinliginin 
normal oldugu ve kalsifikasyon bulunmadigi gortild, RKMP ile 
uyumlu bulgular izlendi (Resim 4-5). Hastada hemodinamik de- 
gerlendirme veya ek anomalilerin gérulmesi icin kardiyak kate- 
terizasyon yapilmasina gerek goriilmedi. 
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Resim 4. Aksiyel T2 A g6riintiilerde sag atriyumda, vena kava inferiorda, hepa- 
tik venlerde genisleme ve perikardiyal eftizyon (ok) ile batinda serbest mayii iz- 
lenmektedir. 


Resim 5. Aksiyel T2 A goriintiide perikardiyal efiizyon ve normal perikard kalinli- 
&1 (ok) izlenmektedir. 


Hasta servise yatirildi, ditiretik ve kalsiyum kanal blok6rti ile an- 
tiagregan dozda asetilsalisilik asit tedavisi baslandi. Hemog- 
ram, eozinofil sayisi, sedimentasyon, rutin biyokimya degerleri, 
serum glikozu, tiroid fonksiyon testleri, demir ve ferritin deger- 
leri normal sinirlarda idi, idrarda rediiktan madde, aside direng- 
li basil aramasi ve tiiberkiloz tetkikleri negatifti. Hastalik aile- 
sel olabilecegi icin hastanin kardesleri, annesi ve babas! EKO ile 
degerlendirildi ve normal olduklari goriildii. Hastaligin sekonder 
bir nedene bagli olmadigi diistiniildi ve olgu idiyopatik RKMP 
kabul edildi. 


Tartisma 

idiyopatik RKMP, cocuklarda en seyrek gortilen kardiyomiyopa- 
ti tUridtr (1-3). Ventrikilllerin sistolik fonksiyonlar! normalken, 
diyastolik fonksiyonlarin bozulmasi sonucu ventrikiliin diyastol 
sonu basincinin yiikselmesi ve diyastol sonu voliimiin azalmasi 
ile karakterizedir. Bir veya iki ventrikiili tutabilir (1-2) 
Hastaligin amiloidoz, sarkoidoz, skleroderma, hemokromato- 
zis, metabolik hastaliklar (Hurler, Fabry hastaligi gibi), hipere- 
ozinofilik sendrom, radyoterapi ve kemoterapi gibi birgok sebe- 
bi olabilecegi gibi idiyopatik ve ailesel olarakta goértilebilmekte- 
dir (1-4). 

Hastalarda sag ve/veya sol kalp yetmezligi bulgulari olusur. Bi- 
zim hastamizda sag kalp yetmezligi bulgular! vardi. Bu hastalar 
senkop veya ani dliim sikayetiyle basvurulabilir. Ekokardiyogra- 
fik incelemede ventriktler dilatasyon veya sistolik fonksiyon bo- 


zuklugu olmadan restriktif dolus paterni ve belirgin biatriyal ge- 
nisleme vardir (1-3). Vena kava inferiorde ve hepatik vende ge- 
nisleme ve solunumsal cap degisikliginde azalma olur. Diyas- 
tolde interventrikuler septumda sicrama seklinde anormal ha- 
reket izlenebilir (1,3). Doku Doppler incelemede mitral kapak E 
akim hizi artmis, deselerasyon zamani kisalmis ve E/A orant art- 
mis olarak tespit edilir. Duvar kalinliklarinda artma ve kapak- 
larda kalinlasma, RKMP hastaliginda, ozellikle de nedeni amilo- 
idoz hastaligi oldugunda goritlebilir. (1-3). Hastamizda da her 
iki atriyumda belirgin dilatasyon, her iki atriyoventrikiler kapak- 
ta yetmezlik, vena kava inferior, hepatik ven ve koroner sintis- 
te genisleme, vena kava inferiorun solunumsal cap degisikligin- 
de azalma ile restriktif patern ile uyumlu doku doppler bulgula- 
ri goruldi, hastanin kardiyak duvar kalinliklar! ve kapaklari nor- 
maldi, perikardiyal kalinlasma yoktu. 

Dilate kardiyomiyopati ve sol ventrikiil noncompaction gibi kalp 
kasi hastaliklarinda oldugu gibi RKMP’de de atriyumlardaki ge- 
nislemeye ve staza bagli olarak tromboembolik hadiseler izle- 
nebilir. Tromboz genelde atriyum apendikslerinde olusmaktadir. 
Hastanin EKO incelemesinde atriyal trombis varliginin 6zellik- 
le arastirilmasi gerekmektedir (5-6). Bizim hastamizda trombts 
tespit edilmedi ve profilaktik olarak antiagregan dozda asetilsa- 
lisilik asit baslandi. 

Hastalarda atriyal fibrilasyon ve diger supraventrikiler tasikar- 
diler ile AV blok gibi ritim ve iletim bozukluklari da olusabilmek- 
tedir (1). Olgumuzda EKG ve 24 saatlik holter incelemesinde 
herhangi bir aritmi gériilmedi. 

Hastaligin kesin bir tedavisi yoktur, prognozu k6tiidiir, destekle- 
yici tedaviler verilir. Ditiretikler, kalsiyum kanal blok6rleri, antit- 
rombotik ve antiaritmik ilacglar kullanilabilir (1-2). Cerrahi tedavi 
kalp nakli ile sinirlidir (7). 

Hastaligin, tedavi edilebilir bir durum olan konstriktif perikar- 
ditle ayirici tanisinin yapilmasi cok énemlidir. iki hastalik, klinik 
ve laboratuar bulgulari olarak kolayca karisabilir (3). Hastamiz- 
da konstriiktif perikardite neden olabilecek tiiberkiloz, kalp cer- 
rahisi veya travmas! ile akut perikardit GykUsU yoktu. Fizik mua- 
yenede erken diyastolde perikardiyal 

knock sesi konstriktif perikardit tanisini destekler (1,3), bizim ol- 
gumuzda bu ses duyulmadi. Hastamizda atriyoventrikiiler kapak- 
larin yetmezligine bagli sistolik Gftirtimtin duyulmasi ve EKO in- 
celemesinde mitral ve trikiispit yetmezliZin gortilmesi RKMP ta- 
nisi lehine bulgulardir. iki hastaliZin ayirici tanisi yapilirken EKO 
degerlendirilmesinde hepatik venin diyastolik geri akimi deger- 
li bilgiler verebilir: Diyastolik geri akim inspiryumda belirginlesi- 
yorsa RKMP, ekspiryumda belirginlesiyorsa konstriktif perikar- 
dit lehinedir (1,3). Birbirine ¢ok benzeyen ve tedavi yaklasimlari 
tamamen farkli olan bu iki hastaligin ayird edilebilmesi igin ar- 
tik MR ve bilgisayarl! tomografi (BT) sik olarak kullanilmakta- 
dir (3). Konstriktif perikardit hastaliginda genellikle artmis peri- 
kardiyal kalinlik mevcuttur (1,3). Perikard kalinligini degerlendir- 
mek icin MR ve BT kullanilabilir, BT’de en az Ug mm, MR’da en az 
dort mm perikard kalinliginin olmasi konstriktif perikardit tani- 
sini desteklerken perikard kalinliginin normal olmasi konstriktif 
perikardit tanisini dislamaz (3). Hastamizda kontriktif perikardit 
olmadigi, perikard kalinliginin normal oldugu (2 mm) ve kalsifi- 
kasyon olmadigi MR ile gosterilmistir. Eger iki hastaligin ayirici 
tanis! yapilamazsa, ayrica ek anomalilerin degerlendirilmesi ve 
etyolojik nedene yénelik olarak endomiyokardiyal biyopsi yap- 
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mak i¢in kalp kateterizasyonu gerekebilir (1,3). Konstriktif pe- 
rikarditte kalp bosluklarinin diyastolik basinglarinda esitlenme 
beklenir ve bu esitlenme insprasyonda daha belirgindir. Katete- 
rizasyon ile RKMP hastaliginda sol ventrikul diyastol sonu basin- 
cinin, sag ventrikiil diyastol sonu basincindan 5 mm Hg yiiksek 
oldugu gorulir, pulmoner arter ve sag ventrikil sistolik basin- 
ci genellikle 50 mm Hg’den fazladir. Konstruktif perikardit has- 
taliginda ise iki ventrikiillin diyastol sonu basiclari esittir, sag 
ventrikul sistolik basinc! 50 mm Hg’nin altindadir (3). Bizim ol- 
gumuzda RKMP tanisinda bir siphe olmadigi ve EKO inceleme- 
sinde ek anomali goriilmedigi icin anjiyografik degerlendirme- 
ye gerek duyulmadi. 

Sonug olarak RKMP; cocuklarda nadir goriilen, kesin bir tedavi- 
si olmayan, tek yararli tedavinin kalp nakli oldugu bir hastaliktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Munchausen sendromu hastalarin akla uygun sahte ve yapay sikayetlerini igeren 
bir psikiyatrik bozukluktur. Kulak burun bogaz kliniklerinde nadirdir. Bu yazida ani 
isitme kaybi ve vertigo sikayetleri ile gelen, medical ve invaziv tedavi uygulanan 
bir olgu sunulmustur. Munchausen sendromlu hastalar girisimsel tibbi tedavileri 
kolayca kabul ederler ve oldukga inandirici olabilirler. Gereksiz tibbi tedaviden ka- 


ginmak icin bu hastalik akilda tutulmali ve tanisi konulmalidir. 
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Abstract 

Munchausen syndrome is a psychiatric disorder that patients direct profession- 
als with plausible, feigned, factitious symptoms. It’s uncommon in otolaryngology 
clinics. We present a patient, complaint with sudden hearing loss and vertigo, and 
who underwent additional medical and invasive treatment in this paper. Patients 
with Munchausen syndrome allow invasive medical care easily, and they can be 
very convincing. It has to be diagnosed and kept in mind because of avoiding from 


unnecessary treatment. 
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Introduction 

Munchausen syndrome is a rare factitious disorder in which pa- 
tients intentionally make up symptoms to pretend to be sick [1]. 
This syndrome is characterized by the patients acting sick, lying 
pathologically, and visiting multiple hospitals. The most encoun- 
tered symptoms are facial pain or swelling and ear symptoms 
(otorrhea, external otitis etc.) in head and neck region. It’s not 
usual to present with sudden sensorineural hearing loss (SSHL). 
In this article, we present a case with Munchausen syndrome 
that point out such patients for clinicians, and discuss how 
much they can exaggerate and tolerate invasive treatments. 


Case Report 

A 26-year-old female patient, admitted to our outpatient clinic 
with sudden hearing loss, tinnitus and vertigo for a day. Her 
past medical history was insignificant. Physical examination 
was normal. In audiologic tests, tympanometry showed bilater- 
ally type A pattern; pure tone audiometric score was bilaterally 
43 dB with sensorineural hearing loss for both ears. So she was 
evaluated as SSHL. The patient was hospitalized to perform 
SSHL treatment protocol. B vitamin, enoxaparin sodium, 400 
mg pentoxifylline, 250 ml of 10% dextran 40 in 0,9 % NaCl, 
methylprednisolone (1mg/kg; decreasing dose), and 40 mg fa- 
motidine were ordered per a day. In addition, because of the 
young age of the patient, we started bilateral daily intratym- 
panic dexamethasone applications. 

In the follow-up period, routine blood tests show no abnormal- 
ity excluding TSH:0,2 mlU/L (normal:0,34-4,53) and hemoglo- 
bine:10,6 g/dl (normal: 12,2-18,1). In third day, the hearing lev- 
els of the patient were 68 dB in the right ear and 77 dB in the 
left ear. In the same day, neurology consultation was made for 
weakness and losing sensitivity of right part of the patients 
body. No pathological findings were found in neurologic exami- 
nation. Cranial MRI and temporal bone MRI performed, and they 
were normal too. Daily done audiologic evaluation was show- 
ing a regular increase in the hearing thresholds. Thus, at the 
fifth day, we planned to perform hyperbaric oxygen treatment, 
but we saw the patient’s well communication with the other 
patients, and suspected from the hearing thresholds of her. An 
objective test defining for hearing levels, auditory brainstem re- 
sponse (ABR), agreed to be examined. In ABR, the hearing levels 
were normal in both ears, and the 5th waves were seen in 20 
dB nHL. After this, a psychiatry consultation was done, and the 
patient was diagnosed as Munchausen Syndrome, and she and 
her family were informed about this situation. 


Discussion 

Munchausen syndrome is a rare fictitious disorder that char- 
acterized by the patients acting sick, lying pathologically and 
visiting multiple hospitals [1]. The American Pshyciatric As- 
sociation has defined three criteria that must be met for the 
diagnosis of contrived disease: 1) the patient intentionally pro- 
duces or feigns physical or psychological signs or symptoms 
2) motivation for the behavior is to assume the sick role, and 
3) external incentives for the behavior are absent [1]. Patients 
with Munchausen Syndrome can admit to Ear Nose Throat clin- 
ics with different entities [2]. Patients may admit with facial 
pain, swollen face, acute dyspnea, stridor, neck pain, increas- 
ing dysphagia, bloodstained saliva, recurrent facial swelling and 
emphysema, recurrent otorrhagia, and recurrent acute external 
otitis [2, 3, 4]. Salturk has reported an otological Munchau- 
sen syndrome with recurrent unilateral sensorineural hearing 


loss [5]. Furthermore, patients can apply with sudden bilateral 
hearing loss such as current patient. As far as we know, this is 
the first reported Munchausen syndrome with bilateral sudden 
hearing loss case in the English medical literature. 

Patients with Munchausen syndrome mostly have a near con- 
tact with medicine and they know lots of information about ill- 
nesses, recoveries, diagnoses, and treatments [5]. Thus, they 
can act like real patients, and give very coherent results in sub- 
jective tests. Our audiology department can usually determine 
simulating patients, but this patient showed very coherent re- 
sults, she pressed the button of the audiometry device in very 
close thresholds, and our testers could not suspect from her. In 
addition, the patient showed a regular increase in her hearing 
thresholds day by day, which was made us think the disease 
is raising and should give more further treatment like hyper- 
baric oxygen. We could barely get the signs of the disease after 
five days in the patient. Here again, we want to emphasize that 
these kinds of patients can be very convincing, and sometimes 
it is very difficult to catch them. 

In these patients, acoustic reflex test could be very helpful to 
suspect from the syndrome. A positive stapedius reflex in the 
patients who seems has excess sensorineural hearing loss could 
warn the physician to revaluate the patient. In addition, when 
evaluating a SSHL patient, otolaryngologists could prefer to 
get the acoustic brainstem response of the patient. By this way, 
it will provide an objective assessment of the patient’s hearing, 
and also if there is a delay on the acoustic brainstem waves, it 
will also help the diagnosis of a vestibular schwannoma before 
a radiologic imaging study. 

If Munchausen syndrome is suspected, a psychiatrist who would 
possibly make a definite diagnosis should evaluate the patients. 
The psychiatrist in the treatment of the syndrome is to support 
the primary treatment team manages the patient in the safest 
and most appropriate way [2]. Furthermore, blacklisting can be 
made by hospital to call attention to differential diagnosis [6]. 


Conclusion 

The otolaryngologist should be careful about long-lasting un- 
treatable symptoms. The manipulation of conscious Munchau- 
sen Syndrome patient would cause gratuitous treatments from 
a medical drug to invasive procedures. This would waste money, 
time, and effort of health system and clinicians. 
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Ozet 

Gercek diigiimler nadir kord anomalileridir, ancak kord kazalarinin 6nde gelen ne- 
denleridir. Tek umbilikal arter ve uzun umbilikal kord gercek diigiim ve nukhal kord 
olusmasina yatkinlik yaratmaktadirlar. Biz bu vakada fetal etkilenmeye neden ola- 
bilen diger kord anomalileri ile tek umbilikal arter arasindaki iliskiyi gostermeyi 
amacladik. Bu raporda tek umbilikal arter ve diger kord anomalilerinin eslik etti- 
gi, fetal dliimle sonuclanan bir gebelik vakasi sunulmustur. Dogum sonras! umbi- 
likal kord uzunlugu tzerindeki dért gercek diigtimle beraber 167 cm dlciilmustiir. 
Bu bulgular gercek diigiimlerin fetal dltim konusunda ciddi bir risk fakt6rti oldu- 
gunu ve tek umbilikal arter ve uzun umbilikal kord ile iliskili olabilecegini vurgula- 
mistir. Bu nedenle detayli ultrasonda tek umbilikal arter bir kez saptandiginda di- 
ger kord anomalilerinin saptanmasi ve kord kazalarindan sakinilabilmesi icin in- 
celeme genisletilmelidir. 
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Abstract 

True knots are rare cord abnormalities but they are leading cause of cord ac- 
cidents. Single umbilical artery and long umbilical cords exhibit a tendency to 
form true knots and nuchal cords. We aimed to show the association between 
single umbilical artery and other umbilical cord abnormalities which may lead to 
fetal compromise as in this case. We presented a pregnant women with intra- 
uterine fetal demise associated with isolated single umbilical artery and other 
cord abnormalities. After delivery, the length of umbilical cord was noted to be 
167 cm with four true knots on it. Those findings once again emphasize that true 
knots are serious risk factors for fetal death and could be associated with single 
umbilical artery and long umbilical cord. Therefore once single umbilical artery is 
detected on detailed sonography, examination must be extended to rule out other 
cord abnormalities and avoid cord accidents. 


Keywords 
Fetal Demise; Long Umbilical Cord; Nuchal Cord; Single Umbilical Artery; True Knots 


DOI: 10.4328/JCAM.2044 


Received: 04.09.2013 Accepted: 21.11.2013 Printed: 01.10.2013 


J Clin Anal Med 2013;4(suppl 2): 196-8 


Corresponding Author: Selen Dogan, Akdeniz University, Faculty of Medicine Department of Obstetrics and Gynecology, Antalya, Turkey. 


T.: +90 2422909425 E-Mail: drsalben@hotmail.com 


196 | Journal of Clinical and Analytical Medicine 


Coklu Kord Anomalileri / Multiple Cord Abnormalities 


Introduction 

True knots and nuchal cords are the leading causes of cord ac- 
cidents. The reported incidence of true knots range from 0.3 
to 1.2%[1]. Umbilical cord abnormalities such as long umbilical 
cord (LUC) exhibit a tendency to form true knots and nuchal 
cords. There is also an association between LUC and non-re- 
assuring fetal status, lower Apgar scores, and fetal demise[2] 


Case Report 

Thirty-one years old gravida 2 parity 1 woman admitted to our 
clinic with decreased fetal movements for several days at 38 
weeks of gestation. Ultrasonographic examination revealed ab- 
sent fetal cardiac activity with appropriate fetal measurements 
for its dates and normal amniotic fluid index. Antenatal follow 
up was unremarkable except isolated single umbilical artery 
without any associated malformations detected in second tri- 
mester detailed ultrasonography. 

Her laboratory results were all normal and her vital signs were 
within normal limits. After detection of absent cardiac activity 
labor induction was initiated. She delivered vaginally a 3180 
gr male fetus. Baby was macerated with an umbilical cord 
measuring167 cm (figure 1a). On gross examination the cord 
was edematous with one vein and one artery. There were also 
four true knots along the cord. Tightly coiled nuchal cord (three 
times) was also noted (figure 1b). 


Figure 1. Macereted male fetus with long umbilical cord (167cm) and accompany- 
ing four true knots (A), Three times tightly coiled nuchal cords (B). 


Discussion 

Umbilical cord knots particularly true knots may represent a 
hazard to the fetus. Fetuses with true umbilical cord knots are 
more likely to have intrauterine growth restriction(IUGR) and 
have four fold increased risk of stillbirth, lower 1 minute Apgar 
scores, higher rate of meconium stained amnion and nonreas- 
suring fetal heart rate patterns in antenatal period and also 
in the course of intrapartum period [1, 3, 4]. There are many 
reports demonstrating an association between cord complica- 


tions and LUC particularly with true knots[5]. LUC also increas- 
es the risk of IUGR and associated with neonatal morbidities. 
Poor neurological outcome is another important complication 
of LUC which is related to cord complications or alteration of 
blood flow dynamics causing intrauterine hypoxia [2]. In a re- 
cent study by Rasionen male fetuses had longer umbilical cords 
than female fetuses. Moreover higher incidence of cord knots 
were observed in male gender. Also maternal age, multiparity, 
history of spontanous abortion, polihydramnios and diabetes 
mellitus were associated with cord knots [6]. 

Table 1 summarizes published reports regarding multiple cord 
anomalies and neonatal outcomes [7,8,9,10,11]. As seen, pres- 
ence of LUC and SUA causes significant deterioration in heart 
rate patterns, an increase in rate of urgent cesarean sections 
and NICU admissions as well. 

In the review of Baergen et al about placental pathologies SUA 
was more likely to be associated with LUC [2]. Hence asso- 
ciation of LUC and SUA might increase the risk of a possible 
cord accident. SUA carries relatively normal blood volume with 
respect to three vessel cord but to compensate this alteration 
vascular resistance and compliance decrease and consequently 
such an alteration in vascular resistance make the cord vessel 
vulnerable to compression[{12,13].As a result of an absence of 
a second protective umbilical artery, compression of single um- 
bilical artery may affect fetoplacental circulation more severely 
than a normally structured umbilical cord . SUA was blamed on 
the pathophysiology of sirenomelia with the same reason like 
hypoperfusion [14]. Besides detailed fetal ultrasonography to 
rule out major malformations additional umbilical cord abnor- 
malities such as true knots or nuchal cords should be scanned 
particularly in third trimester. Fetuses with more than one um- 
bilical cord anomalies should be closely followed up. 

There are only few studies regarding antenatal diagnosis and 
obstetrical outcomes of true knots. A significant number of ul- 
trasonographic markers related to true knots have been defined 
such as ‘four leaf clover’ pattern, ‘hanging nose’ sign and ‘bi- 
zarre multicolored’ pattern[15,16]. But none of them has been 
shown to be specific [17]. However persistence of four leaf clo- 
ver pattern all through the follow up examination should be use 
to support the diagnosis. 

If a true knot is suspected in antenatal ultrasonography, close 
follow up with umbilical artery Doppler velocimetry studies until 
term is warranted[1 7]. If there is no deterioration in fetal blood 
flow patterns there is no indication for delivery[18]. But in case 


Table 1. Published studies regarding multiple cord anomalies and neonatal outcomes. 
Author Maternal Parity Fetal Cord Abnormality IUGR/SGA NICU Mode of delivery Heart Rate Pattern Apgarland 5 
Age gender admission minute 
Ugianskiene [7 30 M Female SUA+LUC+4Knots IUGR + Urgent C/S at 39w diminished variability, 5-10 
absence of accelerations 
Sirinivasan[8] 40 M Male LUC+4Knots SGA + Vaginal Prolonged bradycardia 8-9 
Ogbonmwan[9] 27 N Male 3Knots IUGR + Urgent C/Sat28w_ Late decelerations, dimin- 2-4 
ished variability, absence 
of accelerations 
Ulm[10] 22 M Female 2Knots IUGR + Urgent C/Sat39w Mild variable decelerations 8-8 
Jones[11] 24 M Female 4Knots AGA - Vaginal No abnormality 9-10 
Our case 3 M Male SUA+LUC+4Knots AGA - Vaginal Fetal Demise 0-0 


M:Multipar, N:Nullipar, SUA: Single Umbilical Artery, LUC: Long Umbilical Cord, IUGR: Intrauterine Growth Retardation , SGA: Small for Gestational Age, AGA: Apropriate for Gestational Age, C/S: 


Cesarean section 
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of a significant IUGR with abnormal Doppler indices close fol- 
low up and timely delivery are warranted[5]. Regarding labor 
induction, continuous cardiotocography is highly recommended. 
[17]. 

Besides its rarity our case demonstrates a situation in which 
coexistence of multiple cord abnormalities leaded to poor ob- 
stetric outcome. Presence of one cord abnormality warrants de- 
tailed sonography to rule out other cord abnormalities. 

In conclusion when a single umbilical artery is detected, it is im- 
portant to rule out accompanying cord anomalies. In the pres- 
ence of multiple cord anomalies fetal surveillance is indicated 
in order to avoid potential umbilical cord compression and cord 
accidents. 
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Ozet 

Eritema Multiforme (EM), simetrik yerlesimli, eritemli, papiil-plak tarzi dokiintiiler 
ve hedef seklinde lezyonlar ile karakterize, akut baslangicli bir hastaliktir. Etiyolo- 
jide enfeksiyonlar, ilaclar ve nadiren kronik otoimmin hastaliklar rol almaktadir. 
interferon alfa 2a, Behget hastaliginda tiveit tedavisinde etkili bir secenek olarak 
kullanilmaktadir. Bu ilacin kullanim sirasinda gelisen cesitli yan etkiler bildirilmis- 
tir. Burada Behcet tiveiti nedeniyle interferon kullanmasindan iki hafta sonra yiiz 
ve ekstremitelerde yaygin eritem, yer yer deskuamasyonlar ile cok sayida degisik 
boyutlarda hedef benzeri lezyonlar saptanarak EM tanisi alan yirmi bir yasinda er- 
kek hasta, Behget Hastaligi nedeniyle interferon kullanimina bagli bildirilen ilk EM 


olgusu olmasi nedeniyle sunulmustur. 
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Abstract 

Erythema multiforme(EM); is an acute disease which is characterized with sy- 
metric, erythematous, targetoid papul-plaque lesions. Infections, drugs and rarely 
chronic autoimmun diseases are common in etiology. Interferon alpha 2a is an 
effective treatment choice in Behcet's uveitis. Various advers effects reported 
during use of this drug. In this report, 21 y.o. male Behcet's disease patient with 
generalized erythema, desquamation and multiple, various size targetoid lesions 
who is under interferon treatment diagnosed EM. This case is presented as a first 


interferon triggered EM in Behcet's disease. 
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Giris 

Eritema multiforme (EM), genellikle geng eriskinlerde ortaya 
cikan, deri ve mukozay! tutan, akut gelisen ve kendini sinirla- 
yan immun aracilikli bir hipersensitivite reaksiyonudur. Etiyo- 
lojisinde ilaglar ve enfeksiyonlar en 6nemli neden olarak karsi- 
miza ¢ikmaktadir [1,2]. Enfeksiyonlar icerisinde en sik gortilen 
etken HSV'dir ve rekiirrenslere de neden olabilmektedir. Ayrica 
fungal, bakteriyel ve diger viral enfeksiyonlar ile parazitlerde et- 
kenler arasinda yer almaktadir. ilaclardan sulfonamidler, penisi- 
linler, sefalosporinler, antikonvilzanlar, NSAID ilaglar, izoniazid, 
kinolonlar, TMP-SMX basta olmak iizere pek cok ila¢ EM ile ilis- 
kili bulunmustur. ilaca bagli EM, genellikle ilag alimindan bir-ti¢ 
hafta sonra ortaya cikar [3]. Olgularin birgogunda ates, halsizlik, 
kas agrisi gibi prodromal semptomlar belirgin degildir. Lezyon- 
lar baslangigta keskin sinirli, yuvarlak merkezi daha koyu olan, 
targetoid goriinumde, simetrik ve akral yerlesimlidir [4]. Bunun- 
la birlikte papiler, Urtikeryal ve vezikiilobill6z lezyonlarda géri- 
lebilmektedir. 

Behcet hastaligi(BH)’nda tiveit tanisi ile interferon alfa 2a(IFN-a 
2a) kullanan hastalarin yaklasik %16.9’unda hafif veya ciddi yan 
etkiler gozlenmistir [5]. Biz burada BH’na bagli liveit nedeni ile 
IFN-a 2a tedavisi alan geng bir erkek hastada ortaya cikan EM 
olgusunu sunuyoruz. 


Olgu Sunumu 

Yirmi bir yasinda erkek hasta, viicudunda bir hafta once geli- 
sen kizariklik sikayeti ile poliklinigZimize muracaat etti. Hasta bu 
yakinmalarinin ilk kez diveit tanisi ile IFN kullanmasindan iki-tic¢ 
hafta kadar sonra ortaya ¢iktigini, son Uc ay icerisinde herhan- 
gi bir hastalik gecirmedigini ve baska bir ila¢g kullanmadigini be- 
lirtti. Yaklasik alti yildir BH nedeniyle takip edildigini ve bu si- 
re¢ icgerisinde farkli ilag tedavileri aldigini ifade eden hastanin 
ézgecmisinde ve soygecmisinde baska bir 6zellik yoktu. Derma- 
tolojik muayenesinde yiz, boyun, pubik bélge, govde 6n ve arka 
yuzde, daginik yerlesimli, eritemli zeminde, merkezi livedi renk- 
te, bazilari tipik hedef benzeri papi ve plak tarzinda lezyonlar iz- 
lendi. Ust ve alt dudakta hemorajik krutlar ve yer yer fissiir alan- 
lari saptandi (Figiir 1). Sistemik muayene 38.6 °C ates haricinde 
dogaldi. Laboratuvar tetkiklerinde hemogram, rutin biyokimya, 
sedimantasyon ve CRP tetkikleri normal sinirlarda idi. EBV, CMV 
ve HSV agisindan bakilan serolojik testler negatif olarak deger- 
lendirildi. Hastaya mevcut anamnez, laboratuvar ve klinik bulgu- 
larla “Eritema Multiforme” tanisi konuldu. Diger etiyolojik fak- 
térler dislandiktan sonra, klinik tablonun gelisimi, IFN-a 2a kul- 
lanimuyla iliskili olarak degerlendirildi. Tedavi olarak Deflazokort 
60 mg/giin, sistemik antihistaminik ve fisstire alanlara topikal 
antibiyotik tedavisi baslandi. Hastanin sikayetlerinin bir hafta- 
lik tedavi ile gerilemesi tzerine sistemik kortikosteroid tedavisi 
kademeli olarak azaltilarak kesildi. 


Tartisma 

EM, simetrik yerlesimli, eritemli, paptl-plak tarzi dokiintiler ve 
hedef seklinde lezyonlar ile karakterize, akut baslangicli bir has- 
taliktir. Genellikle kendi kendini sinirlamasina ragmen relapslar 
da gorilebilmektedir. EM’nin klinik olarak mukozal ve/veya sis- 
temik tutuluma gore ayrilan, minér ve major iki formu vardir. 
Hastaligin patogenezi, siklikla enfeksiy6z ajanlara bagli ortaya 
¢ikan immunolojik reaksiyonun mukokutan6z gostergesi olarak 


Figtir 1. Govde arka yiizde yer alan eritema multiforme lezyonlari 


Figtir 2. Her iki el dorsalinde yeralan, eritemli zeminde targetoid lezyonlar 


aciklanmaktadir. Etiyolojide olgularin %90’inda HSV basta ol- 
mak izere viral, bakteriyel ve fungal enfeksiyoz ajanlar, ila¢- 
lar ve nadiren kronik otoimmun hastaliklar etken olarak karsi- 
miza ¢ikmaktadir. 

IFN-a 2a, potent antiviral ve antiproliferatif etkileri bulunan bir 
sitokindir. Avrupa Birligi ve ABD’de myelositik l6semi, Kaposi 
Sarkomu, sacli hiicreli l6semi, multip| myelom, non-Hodgkin len- 
foma, kutan6z T hucreli lenfoma, bazal hiicreli karsinoma, kon- 
diloma akiiminata, kronik hepatit B ve kronik hepatit C enfeksi- 
yonlarinda kullanilmaktadir [6,7]. IFN-a 2a’ya bagli olarak geli- 
sen pek cok yan etki bildirilmistir. ilag dozunda degisiklik gerek- 
tirmeyen hafif yan etkiler arasinda, influenza benzeri semptom- 
lar, apati, irritabilite, kognitif degisiklikler, uyku bozuklugu, bu- 
lanti, diare, trombosit, grantlosit ve eritrosit sayisinda distk- 
luk, serum ALT, AST ve trigliserid miktarinda artis ile proteiniri 
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gibi laboratuvar anormallikleri gortlebilmektedir. Ciddi yan et- 
kiler arasinda ise, psikoz, depresyon, intihara egilim, deliryum, 
konftizyon gibi néropsikiyatrik degisiklikler, otoimmun hastalik- 
lar, retinopati, kardiyotoksisite, nefrotoksisite, hepatotoksisite 
gibi doz ayarlamasi veya tedavinin sonlanmasini gerektirecek 
durumlar bulunmaktadir. EM’yi de i¢geren cesitli doktintiler, ka- 
sinti, enjeksiyon yerinde kizariklik, gecici alopesi, vitiligo ve pso- 
riasis gelisimi ilacin dermatolojik yan etkileri arasinda yer al- 
maktadir [8-13]. 

Kronik Hepatit C enfeksiyonu tanisiyla IFN-a 2a tedavisi alan 
hastalarda yeni liken planus gelisimi ve mevcut liken planusta 
alevienme de bildirilmistir [14,15]. BH’na bagli Uveit nedeniyle 
IFN-a 2a kullanan hastalarin degerlendirildigi bir calismada; asi- 
ri yorgunluk, depresyon, epilepsi ataklari, |6kopeni, trombosito- 
peni ve psoriasis gelisimi gibi yan etkiler saptanmistir [5]. Bu- 
nunla birlikte literattirde BH’nda EM benzeri lezyonlarin goruldt- 
guni bildiren az sayida calismada mevcuttur[16]. Ancak bizim 
olgumuz, EM benzeri deri dokiintiisiinden farkli olarak mukozal 
tutulumun varlig! ve lezyon dagilimlarinin simetrik olmasi itiba- 
riyle eritema multiforme klinigi ile tam olarak ortlismekteydi. Bu 
nedenle olgumuzda EM tablosunun gelisimi, lezyonlarin baslan- 
gic ile IFN-a 2a enjeksiyonu arasindaki iliski de g6z 6ntinde bu- 
lundurularak interferon tedavisine baglanmistir. Yapilan litera- 
tiir taramasinda BH nedeniyle IFN-a 2a kullanimi sirasinda geli- 
sen EM olgusuna rastlanilmamistir. 

Sonug olarak IFN-a 2a ’nin kronik viral enfeksiyonlara bagli or- 
taya cikan, tekrarlayici ve direngli EM lezyonlarinin tedavisinde 
etkili oldugu bildirilmisse de [17,18] nadiren siddetli ilag reaksi- 
yonlarina yol acabilecegi akilda tutulmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Doktor! Bacaklarim Nerede? Leriche Sendromu Olgusu 


Doc! Where are My Legs? Leriche Syndrome Case Report 


Leriche Sendromu / Leriche Syndrome 
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Ozet 

Leriche sendromu, infrarenal aorta veya bilateral iliak arter bifurkasyonun tikan- 
masidir. Periferik vaskiiler hastalik olup her iki alt ekstremiteyi tutar. Nadir goru- 
len ve mortalitesi ylksek bir hastaliktir. Karakteristik semptomlar! bacakta kladi- 
kasyo, femoral nabizlarda azalma veya kaybolma ve erkeklerde erektil bozukluktur. 


Leriche sendromu tedavisi cerrahidir. 
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Abstract 

Leriche syndrome is the obstruction of the infrarenal aorta or bilateral iliac artery 
bifurcation. It is a peripheral vascular disease and can affect both lower extremi- 
ties. It is a rare disease with high mortality rates. The characteristic symptoms 
are claudication in the leg, decreased or absent femoral pulses and male erectile 


disorder. Leriche syndrome’s treatment is surgery. 
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Giris 

Leriche sendromu (LS) bir periferik vaskiiler hastalik tipi olup 
nadir rastlanir. LS, infrarenal aorta veya bilateral iliak ar- 
ter bifurkasyonunda tikanmasi sonucu ortaya ¢ikan mortali- 
tesi yksek bir klinik tablodur. Bu sendromun temel nedeni 
“atheroskleroz”dur. Siklikla 50 yasin Usttindeki erkekleri tutar. 
Karakteristik semptomlari ise bir veya iki bacakta kladikasyo 
yani yol yirlmekle bacaklara gelip dinlenmekle gecen agri, 
femoral nabizlarda azalma veya kaybolma ve erkeklerde er- 
ektil bozukluktur [1]. Bu yazida, acil servislerde nadir goriilen 
yurtiyememe ve nefes darligi ile acil servise basvuran infrarenal 
aorta diizeyinde okltizyon tespit ettigimiz, LS tanis! koydugumuz 
olguyu sunduk. 


Olgu Sunumu 

Oncesinde herhangi bir yakinmasi olmayan 71 yasinda erkek 
hasta 2-3 saat Once baslayan her iki bacakta uyusma, daha 
sonra olan yiirtiyememe ve nefes darlig! sikayeti ile acil ser- 
vise basvurdu. Hastanin 6zgecmisinde koroner arter hastaligi, 
18 yil Once gecirilmis koroner arter by-passgrefti (CABG) 
ve Alzheimer hastaligi vardi. Sigara kullanim oykiisii’ yoktu. 
Duzenli olarak donepezil 10 mg/giin ve asetilsalisilik asit 100 
mg/giin kullaniyordu. Vital bulgularinda sistolik/diastolik kan 
basinci:147/101mmHg, nabiz:116/dk, solunum = sayisi:40/dk, 
ates:36.10C, oda havasinda oksijen saturasyonu: %87 idi. Sag- 
sol kan basinci farki yoktu. (147/101 mmHg-138/97 mmHg) Ge- 
nel durum orta, biling agik, koopere, oryente olan hastanin fizik 
muayenesinde bilateral orta zonlara kadar raller vardi. Ayrica 
bilateral alt ekstremiteperiferik nabizlari alinamiyordu. Her iki 
alt ekstremite kas gticti 1/5, soguk ve soluktu. 

Tiim diger sistem muayeneleri olagandi. Elektrokardiograf- 
isinde sag dal blogu, ve siniis tasikardi mevcuttu. Labaratuvar 
tetkiklerinde glukoz:283 mg/dl (80-115 mg/dl), BUN: 15 mg/dl 
(9.8-20.1 mg/dl), kreatinin: 1.4 mg/dl (0.6-1.3 mg/dl), sodyum: 
146 mmol/L (136-145 mmol/L), potasyum: 5,5mmol/L (3,5-5,1 
mmol/L); Tam kan sayiminda beyaz kan hicresi: 16.8 U/L (4- 
10.3 U/L), Hb: 18.2 g/dl (13.5-17.5 g/dl), Htc: 54.1 (% 41-53), 
trombosit: 184 103/uL (156-373 uL) idi.Direk akciger graf- 
isinde bronkovaskiler belirginlesme mevcuttu. Hastaya ¢ekilen 
Bilgisayarli tomografianjiografide infrarenal dizeyden baslayan 
bilateral iliak ve femoral arterleride icine alan total trombis 
saptandi (Sekil-1).Hastaya basvurusunun birinci saatinde LS 
tanis! konuldu. Bunun uizerine kalp damar cerrahi konsiltasyonu 
istenip acil basvurusunun ikinci saatinde operasyona goénderildi. 
Kalp damar cerrahi yogun bakimina alinan hasta ikinci giinu 
eksitus oldu. 


Tartisma 

Atheroskleroz, ilerleyen teknolojiye ragmen ¢agimizin en 6nemli 
saglik sorunlarinin basinda gelmektedir. infrarenal aortanin en 
cok gorulen hastaligi atheroskleroz olup, LS’nun etiyolojisinde 
onemlidir. LS, infrarenal aort ve iliak arterlerin aterosklerotik 
tikayici hastaligidir. Bizim hastamizda atheroskleroza bagli ko- 
roner arter hastaligi ve ardindan CABG oykiisii mevcuttu. 
LS’nun ug tipi vardir. LSTip | %5-10’unu olusturur. Tikayici 
lezyonlar, distal abdominal aort ve comman iliak arterlerin 
proksimal béliimtinde lokalizedir ve kadinlarda sik g6riiluir. Tip 
I %35’ini olusturur. Lezyonlarin hem abdominal aortada hemde 


Sekil 2. Abdominal aortun total okliizyonunun 3 boyutlu goriinumti 
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Sekil 3. Abdominal aortun infrarenal 
diizeyden total okliizyonunun = goriinti- 
mii mi 


Sekil 4. Abdominal aortun infrarenal 
diizeyden total okliizyonunun § goriinu- 


iliak arterlerde yaygin olarak bulundugu durumdur, yani hastalik 
abdominal damarlarla sinirlidir. Tip Ill ise %60'1n! olusturur. Hem 
abdominal aortada ve iliak arterlerde hemde femoral arterlerde 
bilateral yaygin lezyonlar vardir. Genellikle bu gruptaki hasta- 
lar yaslidir ve erkeklerde sik gortuliir. Koroner ve serebral arter 
hastaliklari gibi yandas hastaliklar sikga gériluir. Tip Ill hasta- 
larda mortalite ve morbidite riski digerlerine gore daha yliksek 
olup yasam beklentisi azdir. Bizim hastamiz yaygin lezyonlar! 
olmasi, yasli-erkek olmasi ve koroner arter hastaligi olmasi 
nedeniyle mortalite ve morbiditesi diZerlerine gore yiiksek olan 
Tip Ill olarak diisGntldu. 

LS’nun klasik triadi; intermittant kladikasyo, sekstiel gii¢te 
azalma ve femoral arter pulsasyonlarinin azalmasi ya da 
alinamamasidir[1]. Egzersiz ile ortaya ¢ikan klodikasyon, he- 
men her zaman en erken bulgudur. Kollateral dolasim istirahat 
esnasinda bacagin beslenmesi icin yeterlidir ancak kan akiminda 
5-10 kat artisa neden olan agir egzersiz sirasinda yetersiz kalir. 
Ayaklarda ve bacakta solukluk, palpasyonda her iki femoral ar- 
ter pulsasyonu cok hafif alinabilmesi yada alinamamasi, popli- 
teal ve tibial arter pulsasyonlarinin alinamamasi, deride atrofik 
degisiklikler, Ulserasyonlar, iskemik nekroz yada gangren goril- 
ebilir. 

Bu sendromda kalga ve bacak agrisi gériildiigtinden vertebral 
dejeneratif degisiklikler, disk hernisi sonucu sinir k6ku irrita- 
syonu, diyabetik noropati gibi nedenlerle olusan agrilardan ayirt 
etmek gerekmektedir. 

Abdominal aortanin akut tikaniklig1 erken dénemde yiiksek 6liim 
orant ile iliskilidir [2]. infrarenal aortik tikanikliZin nonoperatif 
yonetimi, yUksek dliim orani ve ekstremite kayb1 ile iliskilidir [3]. 
Bu hastalarda anamnez ve fizik muayane ile tani kolaylikla 
konabilir. LS tanisinda ultrasonografi ve Bilgisayarl! Tomografi 
anjiografi kullanilir . 

LS tedavisi cerrahidir. Aorta-bifemoral bypass greft uygulamasi 


(%90-95) ve Aorta-iliak endarterektomi (%5-10) y6éntem- 
leri kullanilir [1]. Bizim hastamizda cerrahiye alindi. Ancak ge¢ 
basvuru nedeniyle eksitus oldu. 

Sonug olarak, acil servislere paraplejik gelen ve siddetli agri 
tarif eden hastalarda, oncelikle ayiric! tanida infrarenal aortik 
oklizyon akla gelmeli ve femoral nabizlar mutlaka kontrol ed- 


ilmelidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Ozet 

Gaucher hastaligi, hicresel glikolipidlerin geri déntistim metabolizmasini etkile- 
yen dogumsal bir hastaliktir. Glukozilseramid (glukoserebrozid) hiicrelerin lizozom- 
larinda birikir. Gaucher hastaligi en sik gériilen lizozomal depo hastaligi olup, insi- 
dans! 1/75.000’dir. Hastaligin tic tipi tanimlanmistir. Bu hastaligin seyrinde hepa- 
tosplenomegali, portal hipertansiyon, hiperferritinemi, splenik nodiiller ve infark- 
tlar gelisebilir. Bu nedenle Gaucher hastaligi; olgumuzda oldugu gibi, tanisi acikla- 
namayan hepatosplenomegali, portal hipertansiyon, hiperferritinemi, splenik no- 


diller ve infarkti olan hastalarda hatirlanmalidir. 
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Abstract 

Gaucher disease (GD) is an inborn error of metabolism that affects the recycling 
of cellular glycolipids. Glucosylceramide (also called glucocerebroside) accumulate 
within the lysosomes of cells. Gaucher's disease is most common lysosomal stor- 
age disease and its incidence is 1/75.000. Three types of this disease have been 
defined. During the course of disease, it was reported that hepatosplenomegaly, 
portal hypertension, hyperferritinemia, splenic infarcts and splenic nodules might 
develop. Therefore, as in our case; Gaucher's disease must be remembered in the 
setting of hepatosplenomegally, portal hypertension, hyperferritinemia, splenic in- 


farcts and splenic nodules of unknown etiology. 
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Giris 

Gaucher hastalig1 (GH) beta glukoserobrozidaz enzim eksikligi 
sonucu retikiloendotelyal sistemdeki makrofajlarda glukose- 
rebrozid depolanmasi ile sonuglanan, nadir gorilen, otozomal 
resesif gecisli kalitsal bir hastaliktir [1]. Bu hastaligin norolojik 
tutulumun varligina gore 3 tipi mevcut olup, her birinden enzi- 
min farkli mutasyonlari sorumludur [1]. 

Hastaligin en sik gorulen formu non-néronopatik-eriskin (veya 

tip |) olanidir. Bu form tim yaslarda gérilebilmekte, siklikla ke- 
mik iligi, lenf bezleri, karaciZer ve dalagi etkileyip zaman icin- 
de organomegaali ile sonuglanmaktadir [2,3]. Eriskin formda bul- 
gular erken cocukluk déneminden itibaren tim yaslarda basla- 
yabilmekte ve gastrointestinal tutuluma ait bulgular daha belir- 
gin olabilmektedir [1]. 
Hastalarda 6ncelikle hematolojik bozukluklar, hepatospleno- 
megali ve kemik lezyonlari gelismekte, hastaligin seyrinde por- 
tal hipertansiyon nadiren de olsa gelisebilmektedir [4]. Gaucher 
hastaliginin tanisi klinik ve laboratuar bulgulari ile birlikte ka- 
raciger, dalak veya kemik iligi biopsi bulgulari ile konulmakta- 
dir. Ayrica enzim dizeyinin olciimii ve gen mutasyonlarinin tes- 
piti ile tani ve tiplendirme yapiImaktadir [5]. Bu yazida portal hi- 
pertansiyonun gelistigi, ileri yasta bir Gaucher hastaligi olgu- 
su sunulmustur. 


Olgu Sunumu 

52 yasinda kadin hasta karinda agri, halsizlik, yorgunluk ve yay- 
gin kemik agrisi sikayetleri ile acil servise basvurdu. Ozgecmi- 
sinde; bu semptomlarin yaklasik 20 yildir varoldugu 6grenildi. 
Hastanin soygecmisinde bir 6zellik bulunmamaktaydi. Fizik mu- 
ayenesinde arteryel kan basinc! 110/80 mmHg, nabiz 80/daki- 
ka, vicut Isis! 37,4 oC, solunum sayis! 18/dakika idi. Batin mu- 
ayenesinde tim kadranlarda minimal hassasiyet mevcuttu. Da- 
lak kot kenarindan 14 cm; karaciger ise duzgtin yiizeyli ve yak- 
lasik 8 cm palpe edilmekteydi. Kemikler palpasyonla hassas, cilt 
soluk gériinimdeydi. Diger sistem muayeneleri normaldi. Olgu- 
nun laboratuar tetkikleri tablo-1’de sunuldu. Batin ultrasonog- 
rafisinde karaciger 180 mm (normal:midklavikular hatta, krani- 
okaudal eksende:155 mm) ve dalak 210 mm (normal: kranioka- 
udal eksende:130 mm) olarak dlcildii ve baska bir 6zellik rapor 


Tablo 1. Olgunun laboratuar parametreleri 


Parametre adi 


"AST (U/L) 32 (0-31) 
?ALT (U/L) 16 (0-41) 
3ALP (U/L) 339 (20-100) 
‘LDH (U/L) 311 (240-480) 
°GGT(U/L) 42 (10-40) 
Alfa-Fetoprotein ng/ml 2,39 (0-14) 
Ferritin ng/ml 590 (14-150) 
Total Biliriibin (mg/dl) 0,8 (0-1) 
Kreatin (mg/dl) 0,4 (0.7-1.3) 
Lékosit (109/L ) 1,7 (4-11) 
Trombosit(109/L) 24 (150-400) 
Hemoglobin (g/dl) 11,3 (11-18) 
SMCV (FL) 83 (80-100) 
Sedimantasyon(mm/saat) 24 


'Aspartat aminotransferaz, *Alanin aminotransferaz, *Alkalen fosfataz, “Laktat 
dehidrogenaz, °>Gama glutamil transferaz, °Mean cell volume 


edilmedi. Batin bilgisayarli tomografi incelemesinde karaciger 
midklavikiiler hatta 22 cm olup icgerisinde ¢ok sayida hipodens 
duzensiz sinirli lezyonlar vardi. Portal ven ve splenik ven genis- 
lemis olarak goriildii. Dalak 24 cm olup icerisinde IV kontrast 
madde sonrasi ¢ok sayida hipodens nodiler lezyonlar mevcut- 
tu. inferior ve superior bolgelerde infarkt ile uyumlu alanlar var- 
di (Resim 1). Endoskopik incelemede ise grade | 6zofagus varis- 


Resim 1. Dalakta Gaucher hastaligi icin tipik sayilan multiple hipodens lezyonlarin 
bilgisayarli batin tomografi gérinttisii 


leri ve pangastrit tesbit edildi. Kemik grafileri ve protein elekt- 
roforezi normaldi. 

Hastanin klinik tablosunu aydinlatmak icin kemik iligi (Ki) biyop- 
sisi yapildi. Biyopsi materyalinde, Gaucher Hastaligi ile uyumlu 
histiositik infiltrasyon ve orta derece retikilin lif artis! gosteren 
hiposelliiler kemik iliZi g6zlemlendi (Resim 2A-2B). 


Resim 2. Kemik iliZinde burusuk kagit goriinimunti andiran ince stoplazmali gau- 
cher hiicreleri (MGG boyas! X40 biiyiitme) (A), Kemik iliZinde myeloid hticrelerle 
birlikte btiyiik soluk pembe makrofajlar (HE boyas! X40 biiyiitme) (B). 


Tartisma 

Masif splenomegali, hepatomegali ve hipersplenizm bulgula- 
ri tesbit edilen olguda; masif splenomegali ayrici tanisi yapildi. 
Enfeksiy6z hastaliklar dislanarak uzun yillardir semptomlarinin 
olmasi nedeniyle hematolojik ve infiltratif hastaliklar 6n plan- 
da dustinilerek kemik iligi biyopsisi yapildi ve Gaucher hastali- 
81 tanis! konuldu. 

Gaucher hastaliginin klinik bulgular! glukoserebrosid yiiklii mak- 
rofajlarin karaciger, dalak ve kemik iliZinde toplanmasina bag- 
li olarak gelisir. Bu hiicreler kiictik, genellikle eksantrik nukleus- 
lu ve sitoplazmasinda belirgin cizgilenmeler olan hicrelerdir. Si- 
toplazmalari PAS boyasi ile boyanir [5]. Hastalikta dalak masif 
olarak biyiir ve sekilli kan elemanlarini sekestre eder. Hafif ane- 
mi, orta derecede ldkopeni ve agir trombositopeni siklikla mev- 
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cuttur [3]. Olgumuzun kemik iliZi biopsisinin bulgulari hastalik ile 
uyumlu olup, splenomegali, tam kan sayiminda trombositopeni 
ve l6kopeni vardi. 

Gaucher hastaliginda, iskelet lezyonlari genellikle yaygindir. Ke- 
mik demineralizasyonunun oldugu yamali alanlar gézlenebilir ve 
distal femurdaki genisleme tipik “Erlenmeyer sisesi” gorunimt- 
nu dogurur. Kemiklerde agri hastaligin sik gortilen bir semptomu 
olup ¢ok agir seyredebilir [6]. Hastamizin kemik grafileri normal- 
di, ancak yaygin kemik agrilar! mevcuttu. 

Portal hipertansiyon Gaucher hastaliginin oldukga nadir bir 
komplikasyonu olup etyolojisinde Gaucher hiicrelerinin sinuzoid- 
lere basisi suglanmaktadir [4,7]. Sunulan olgunun yasinin ileri ve 
norolojik muayenesinin normal olmasi nedeniyle olgu tip | ola- 
rak degerlendirildi. Ozofagus varislerinin varlig1 ile birlikte por- 
tal ve splenik venlerde genisleme ise portal hipertansiyon ola- 
rak yorumlandi. 

Hiperferritinemi; GH’nin seyrinde oldukga sik gézlenir ancak bir 
baslangi¢ bulgusu olarak tarif edilmemistir [8]. Olgumuzun ferri- 
tin dizeyi orta derecede yuksekti ve bir akut faz reaktani olarak 
yukselmedigi; enfeksiyon odaginin saptanmamas! ve CRP’nin 
normal duzeylerde olmasi ile belirlenmistir. 

Gaucher hastaliginin radyolojik bulgular! arasinda hepatosple- 
nomegali disinda splenik nodiller ve splenik infarktlar da var- 
dir. Splenik nodiiler %30, splenik infarktlar %33, her ikisi birden 
%9 oraninda gorulmektedir [9]. Olgumuzda hem splenik nodiil- 
ler hem de beraberinde splenik infarktlar vardi ve olgumuz has- 
taligin dalakla ilgili nadir goriilen radyolojik 6zelligini tasiyordu. 
Gaucher hastaliginda basarili bir tedavi icin plasental veya re- 
kombinan teknoloji ile elde edilen B-glukoserebrozidaz uygulan- 
maktadir [1,3]. Yeni bir ajan olan N-Butyldeoxinojirimisin ile 12 
aylik tedavi sonrasi basaril! sonuclar bildirilmistir [10]. Ayrica ke- 
mik iliZi transplantasyonu uygulanan tedaviler arasindadir [3]. 
Olgu tedavi icin ileri bir merkeze gonderilmistir. 

Ulkemizde yalniz acil durumlarin midahalesi ile sinirli kalmayan 
ve cok cesitli hastalik gruplarinin basvurusunun kaginilmaz ol- 
dugu acil servislerde kronik ve kalitsal durumlar igin dogru y6n- 
lendirmeler yapilmalidir. Ayrica acil servise karin agrisi sikaye- 
ti ile basvuran hastalarda hepatosplenomegali, kemik agrilari ve 
hematolojik anormallikler saptanmissa ayiric! tanida “Gaucher 
hastaligi” hatirlanmali ve arastirilmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Bu calisma (IV. Ulusal Haseki Kongresi. 11-14 Nisan 2013, Kibris.) poster olarak sunulmustur. 


Ozet 

Kavernéz hemanjiom, trombositopeni ve anemiye neden olabilen nadir bir dalak 
hastaligidir. Genellikle 2cm'den kiigiik olmakla beraber nadiren biiyiik boyutlara 
ulastigi da olur. Bu calismada iki aydir sol tist kadran agrisi, halsizlik, kilo kaybi 
olan, anemi, trombositopeni ve masif splenomegalisi olan 28 yasinda kadin has- 
ta sunuldu. Ultrasonografi ve bilgisayarl! tomografi dalakta 15x15cm biiyiikluigiin- 
de solid kitle ve masif splenomegali gésterdi. Acik splenektomi uygulandi ve pato- 
lojik incelemede kavernéz hemangiom saptandi. Tromsitopeniye, anemiye neden 
olmasi, riiptur riski tasimasi ve kesin tani icin biiytk dalak kitlelerinde splenekto- 


mi endikasyonu vardir. 
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Abstract 

Cavernous haemangioma is a rare disorder which cause of splenomegaly, anemia 
and thrombocytopenia, of the spleen. Although they are usually less than 2 cm 
in size, uncommonly they can attain large sizes. A 28-year-old woman presented 
with a two-month history of pain in the left hypochondrium, weakness, weight loss 
and massive splenomegaly with thrombocytopenia and anemia. Ultrasonography 
and computed tomography showed massive splenomegaly and sized 15x15 cm 
solid mass. Open Splenectomy was applied and histopathology showed cavernous 
haemangioma. Splenectomy is indicated when the tumor is large due to risk of 


hemorrhage and cause thrombocytopenia and anemia. 
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Giris 

Splenik hemonjioma (SH) dalagin nadir gortilen benign tiimGrle- 
rindendir. Cogunlukla asemptomatiktir, ancak baska nedenlerle 
yapilan batin tetkiklerinde insidental olarak saptanir[1]. 
Genellikle biyiikligi 2cmden azdir ve cok nadiren dev boyutlara 
ulasir ve goriilme sikligi ise genis otopsi serilerinde %0.03 - 14 
arasinda degisir[2,3]. SH gelisimi yavastir; belirtiler ve kompli- 
kasyonlar ge¢ ortaya cikar. Hastalarin coguna tani konuldugun- 
da 30-50 yaslarindadir. SH olan hastalarda anemi, trombosi- 
topeni ve koagtlopati olmasi durumu Kasabah-Merritt sendro- 
mu olarak tanimlanmistir[4]. Bu hastalar splenektomi ile kiiratif 
olarak tedavi edilebilir. Bu galismada anemisi, trombositopeni- 
si, dev kavernédz hemangiomu olan ve splenektomi ile tedavi edi- 
len hasta sunulmustur. 


Olgu Sunumu 

Olgu 28 yasinda kadin hasta idi. Hastanin yaklasik 2 aydir karin 
agrisi, halsizlik, yorgunluk, kilo kaybi sikayetleri vardi. Kilo kaybi 
iki ayda yaklasik 7-8 kg idi. Hastanin 6zgecmisinde ve soygec- 
misinde 6zellik yoktu. Fizik muayenesinde traube alani kapali ve 
batin sol alt kadrana kadar uzanan splenomegali ve derin pal- 
pasyonda hassasiyeti oldugu saptandi. Laboratuar incelemele- 
rinde anemi, (hemoglobin: 7.0 g/dl, hemotokrit degeri: %21) ve 
trombositopenisi (plt:70.000/mm3) mevcuttu. Biyokimyasal in- 
celemeler normal idi. Batin ultrasonografisinde dalak boyutla- 
ri ileri derecede artmis ve dalak Uist polde solid kitle izlendi. Tim 
batin bilgisayarli tomografisinde dalak parankiminde splenome- 
galiye neden olan, periferinde nodiiler tarzda kontrastlanma iz- 
lenen, hipodens nekrotik alanlar da igeren diizgiin konturlu, hete- 
rojen dansitede hemanjiom kitlesi gortilmektedir (Resim1). Has- 
taya elektif splenektomi planlandi. Ameliyat 6ncesi d6nemde 4 
Unite eritrosit sispansiyonu, 2 Unite trombosit verilerek hemo- 
tokrit degeri %30, hemoglobin degeri 10 g/dl ve trombosit de- 
geri 105.000/mm3 olarak ameliyata alindi. Laparatomi esnasin- 
da dalagin batin sol alt kadrana kadar ileri derecede biiyiidiigi 
ve Ust polde yaklasik 15x15cm ebadinda solid kitle oldugu sap- 
tandi. Total splenektomi uygulandi. Piyesin makroskopik patolo- 
jik incelemesinde dalak boyutu 32x16x12 cm, agirligi 2260 gr 
olarak dl¢iildi (Resim 2). Piyesin histopatolojik degerlendirme- 
sinde ise kitlenin dalak kapsilt iginde sinirli 15x14x13 cm bo- 
yutunda, visne curigii renginde, duzgtin sinirli kavernéz heman- 
jiom dustindiren, dalak parankimi icinde sayica artmis, organi- 
ze, dilate ve ince duvarli vaskiiler yapilar oldugu tespit edildi (Re- 
sim 3). Takiplerinde hastanin anemi ve trombositopenisi normal 
degerlere déndu. Ameliyat sonras! dénemde komplikasyon ge- 
lismeyen hasta 8.giiniinde problemsiz bir sekilde taburcu edildi. 


Tartisma 

Hemanjiomlar, genellikle gocukluk ¢aginda gérillen, yuzeyel yer- 
lesimli ve Uzerindeki deride kirmizi-morumsu renk degisikligne 
yol agar. Cogunlugu zaman icinde gerilese de derinde yerlesen 
ve buyiik olanlar eriskin dénmede de varligini sirdiriir. Etyoloji- 
sinde etkili olan faktérler tam olarak ortaya konamamistir. Ka- 
raciger ve dalak hemanjiomlarin gortlebildigi Onemli iki i¢ or- 
gandir. SH’un, Ug alt grubu vardir: Kavernéz, kapiller ve miks tip; 
en az gorileni ise kapiller tiptir[5]. Belirti vermedigi halde rast- 
lantisal olarak saptanabildigi gibi ruptir [6] ve kanama disinda 
trombositopeni, anemi ve koagiilopati 6nemli hematolojik anor- 


RESIM 1 


RESIM 3 


Resim 1. Aksiyel planda alinan kontrastli batin BT kesitinde dalak parankiminde 
splenomegaliye neden olan, periferinde nodiiler tarzda kontrastlanma izlenen (ok), 
hipodens nekrotik alanlar da igeren diizgiin konturlu, heterojen dansitede heman- 
jiom kitlesi goriilmektedir. 

Resim 2. Splenektomi yapilan dalak piyesinin makroskopik gériintimti 

Resim 3. X4 . Hematoksilen-Eozin boyama.Dalak parankimi icinde sayica artmis, 
organize, dilate ve ince duvarli vaskiiler yapilar 


malliklerle de ortaya ¢ikabilir. Splenik hemanjiomlar, cogunlukla 
cocukluk déneminde gorilur. Eriskin dénemde klinik belirti ver- 
medigi icin rastlantisal olarak yapilan ultrasonografi gibi bas- 
ka nedenlerle yapilan incelemelerde veya otopside saptanabilir. 
Buydkligi 2cm’den kiicgiik olur. Bu ¢alismada sundugumuz hasta 
28 yasinda ve dev boyuta(15x15cm) ulasinca karin agrisi, halsiz- 
lik, yorgunluk gibi sikayetlere neden olmustur. 

Hemanjiomlar, dev boyuta ulastig1 zaman veya difftiz (heman- 
jiomatozis) kalp yetmezligi veya motaliteye neden olabilecek 
olan Kasabach-Merrit sendromuna yol acabilir. Kasabach-Merrit 
sendromu ilk defa 1940 yilinda tanimlanmistir. Trombositope- 
ni, tiketim koagiillopatisi dev hemangiom ile iliskili bulunmus- 
tur. Bu durumda trombositlerin timor boyunca strekli olarak bi- 
rikmesi ve sikismasi hem trombositopeniye hem de koagtlasyon 
kaskadinin aktivasyonuna neden olmaktadir. Bu iki fenomen hiz- 
li tuketim koagiilopatisine ve kanama diyatezine yol agabilmek- 
tedir[6]. Bu calismada sundugumuz hastada ise tromstopeni ve 
anemi olmasina ragmen kanama diyatezi meydana gelmemistir. 
SH tedavisinde acgik veya laparoskopik olarak kismi veya to- 
tal splenektomi yapilabilmektedir. Laparoskopik teknikler, gap! 
20cm’e kadar olan dalak kistlerinde uygulanmis ve yuksek niiks 
oranlari ile karsilasilmistir[7-9]. Ozellikle cocuklarda dalagin im- 
miunolojik fonksiyonlarinin devam etmesi icin kismi splenektomi 
yapilmasini Oneren yayinlar vardir[6]. Bunun yaninda kiiciik ¢ap- 
lt (2.3cm) SH’da radiofrekans ablasyon Gneren otérler de var- 
dir[10]. Ancak burada sundugumuz gibi dev boyutlara ulasmis 
kitle ve dalakta acik splenektomi onerilmekte ve hastanin semp- 
tom ve bulgular! diizelmektedir. 

Sonug olarak SH cogunlukla kiigik boyutlu ve asemptomatik ol- 
masina ragmen bazen dev boyuta ulasabilir. Anemi, trombosito- 
peni ve dev splenomegaliye yol agabilir. Bu durumda kesin tani 
ve neden oldugu semptom ve bulgularin tedavisi i¢gin acik sple- 
nektomi yapilmasi kanaatindeyiz. Tromsitopeniye, anemiye ne- 
den olmasi, riiptiir riski tasimasi ve kesin tant icin biiytik dalak 
kitlelerinde splenektomi endikasyonu vardir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Kemik sintigrafisinde kemik patolojilerinin yani sira yumusak dokuda da tutulum 
izlenebilmektedir. Neoplastik, hormonal, inflamatuar, iskemik, travmatik ve arte- 
fakta bagl olarak anormal yumusak doku tutulumlari olabilmektedir. Bu olguda 
kronik bébrek yetmezligi nedeniyle hemodiyalize giren hastadaki kemik sintigrafi- 
sinde nadir gézlenen kardiyak kalsinozise bagli miyokardiyal Teknesyum99m hid- 


roksimetilen difosfonat (Tc99m HDP) tutulumunu sunulmaktadir. 
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Abstract 

In addition to bone pathologies, soft tissue uptake may also be seen with bone 
scintigraphy. Abnormal soft tissue uptake may be due to neoplasia, hormonal 
changes, inflammation, ischemia, trauma and artifacts. A case is here presented 
of cardiac calcinosis detected incidentally by Technetium99m hydroxymethylene 
diphosphonate (Tc99m HDP) in a patient undergoing hemodialysis for chronic re- 


nal failure. 


Keywords 
Hemodialysis; Technetium99m Hydroxymethylene Diphosphonate (Tc99m HDP); 


Cardiac Calcinosis; Metastatic Calcification 


DOI: 10.4328/JCAM.2186 


Received: 25.11.2013 Accepted: 22.12.2013 Printed: 01.10.2013 


J Clin Anal Med 2013;4(suppl 2): 211-3 


Corresponding Author: Murat Sadic, Department of Nuclear Medicine, Ministry of Health, Ankara Training and Research Hospital, 06340, Ankara, Turkey. 


T.: +90 3125953608 F.: +90 3125953856 E-Mail: mdmuratsadic@gmail.com 


Journal of Clinical and Analytical Medicine | 211 


Hemodiyalize Giren Hastada Miyokardiyal Tc99m HDP Tutulumu / Myocardial Tc99m HDP Uptake in a Hemodialysis Patient 


Introduction 

Technetium99m hydroxymethylene diphosphonate (Tc99m 
HDP) bone scintigraphy has high sensitivity but low specificity 
for the imaging of the skeletal system [1]. Abnormal soft tissue 
uptake is a rare finding with an incidence of 2% [2]. It may be 
due to neoplasia, hormonal changes, inflammatory, ischemic, 
traumatic and artifact. The mechanism of increased extraosse- 
ous uptake of Tc99m HDP is thought to be due to an increase 
in extracellular fluid, regional vascularity, permeability and tis- 
sue calcium concentration [3]. Metastatic calcification and het- 
erotopic bone formations are the most common causes. In the 
case reported here, incidentally detected cardiac calcinosis in 
a patient with chronic kidney failure undergoing hemodialysis 
is presented. 


Case Report 

A 65-year old female patient who had been undergoing hemo- 
dialysis due to chronic kidney failure for two years was admit- 
ted to hospital with back pain that had been ongoing for one 
month. A lumbar spine radiograph was taken and a height loss 
of the L5 vertebra was observed. Osteomyelitis-like infectious 
etiologies were considered in L5 vertebra and L4-5 disc space 
from magnetic resonance imaging (MRI). The patient was re- 
ferred to the Nuclear Medicine Department for three phase 
bone scintigraphy with a pre-diagnosis of osteomyelitis. 

The biochemical parameters of the patient were as follows: 
BUN: 101 mg/dL (N: 17-43 mg/dL) and creatinine: 5.8 mg/dL (N: 
0.81-1.44 mg/dL), Ca: 9.3 mg/dL (N: 8.8-10.6 mg/dL), corrected 
Ca: 9.94, P: 6.5 mg/dL (N: 2.5-3.5 mg/dL), Mg: 0.8 mmol/L (N: 
0.73-1.06 mmol/L), PTH: 129 pg/ml (N: 10-60 pg/ml), Na 137 
mmol/L (N: 135-150 mmol/L), K: 5.5 mmol/L (N: 3.5-5 mmol/L). 
Serum CPK, ALT, AST, LDH levels were within normal limits. 
The left atrium was dilated and calcification focus was not de- 
tected on the chest X-Ray. There was no pathology in the ECG. 
Left ventricule hypertrophy and left atrial dilatation were de- 
tected with echocardiography. 

Informed consent was obtained from the patient and 740 mBq 
(20 mCi) Tc99m HDP was injected. After a 10-minute waiting 
period following the injection, early whole body blood pool im- 
ages were taken. Anterior and posterior late whole body and 
static images were taken two hours later. Hyperemia and in- 
creased activity accumulation were observed in the L5 verte- 
bra, left superior pubic ramus and superior pubic region in the 
early and late images [Figure 1]. Diffuse myocardial uptake of 
Tc99m HDP was also detected in the late images [Figure 1c and 
2a]. There was no pathological activity accumulation in other 
soft and visceral tissues. The activity accumulation had disap- 
peared in the 24-hour images [Figure 2b]. No abnormality was 
detected in the quality control testing and there was no unex- 
pected abnormal finding in other patients, which excluded the 
possibility of unattached radiopharmaceuticals. 


Discussion 

Technetium99m hydroxymethylene diphosphonate is used for 
the evaluation of skeletal system pathologies. Soft tissue up- 
take is a rare finding with an incidence of 2% [2]. Extra-skeletal 
uptake of bone radiopharmaceuticals provides important infor- 
mation to identify the specific clinical situations and achieve 


Figure 1. Myocardial 99mTc-HDP accumulation in anterior (A) and posterior (B) 
early whole body blood pool images, anterior (C) and posterior (D) late whole 
body images. 


Figure 2. Diffuse myocardial uptake of Tc99m- HDP was seen in 2-hour anterior 
statik image (A) the cardiac accumulation disappeared in 24-hour anterior statik 
image (B). 


the correct differential diagnosis [4]. Many disease and causes 
have been reported for this unexpected pattern although the 
mechanism of uptake has not yet been fully elucidated. The 
most common accepted mechanism is the chemoabsorption 
of bone radiopharmaceutical to hydroxiapatite crystals and 
calcium salts [5]. Cardiac calcinosis, which includes calcified 
heart valve disease, metastatic calcification, hemodialysis car- 
diomyopathy and aortic calcification in long term hemodialy- 
sis patients, is a common and life threatening complication. In 
addition, this phenomenon is closely associated with athero- 
sclerotic cardiovascular disease and venous thromboembolism. 
Therefore, early diagnosis and treatment of cardiac calcinosis 
is life saving. Eguchi et al mentioned that bone scintigraphy 
is a non-invasive method for the diagnosis and treatment of 
cardiac calcinosis [6]. Isolated myocardial uptake of bone ra- 
diopharmaceuticals is rare in hemodialysis patients and is usu- 
ally accompanied by soft tissue and other visceral organ uptake 
[7, 8]. Isolated and/or diffuse myocardial uptake can be seen in 
other diseases and situations such as multiple myeloma, amy- 
loidosis, primary/secondary hypercalcemia, primary/secondary 
hyperparathyroidism, metastatic calcification, uremic pericar- 
ditis, malignant pericardial effusion/calcification, myocardial 
contusion and cardiac valve calcification [9]. 

To the best of our knowledge, there is no data about the disap- 
pearance of the myocardial uptake in the 24th hour. Myocardial 
uptake has been reported to be accompanied by soft tissue and 
visceral organ involvement in similar cases in literature [6-10]. 
In the current case, while diffuse myocardial uptake of Tc99m 
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HDP was seen in 2-hour anterior statik image [Figure 2a] the 
cardiac accumulation disappeared in 24-hour anterior statik im- 
age [Figure 2b] and there was no other soft tissue uptake. Other 
causes of diffuse cardiac uptake were excluded with the medical 
history, laboratory and echocardiographic findings. The diffuse 
myocardial uptake was considered to be cardiac calcinosis as 
has been reported in similar cases in literature. 
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Ozet 

Blefarofimozis sendromu ve lakrimal bezi agenezisi birlikteligi son derece nadir 
bir durumdur. Blefarofimozis genellikle bir genetik bozukluk olup, otozomal domi- 
nant kalitimla gecis géstermektedir. Edinsel formu konjunktiva ya da gézkapagi 
kenarinin kronik enfeksiyonlarinin bir sonucu olarak olusabilir. Lakrimal bez age- 
nezisi bazen diger lakrimal sistem bozukluklari ile beraberdir. Bu bozukluklar, tii- 
kiirtik bezi agenezisi ve lakrimal puncta ve kanalikiilleri tikayici anormallikleri kap- 
samaktadir. Tani Klinik ve radyolojik bulgular sonucunda konulur. Burada biz, kon- 
jenital bilateral lakrimal gland agenezisi ile iliskili blefarofimozis sendromlu na- 
dir bir olgunun manyetik rezonans goriintillerini (MRG) bulgularini literatiir esli- 
8inde sunuyoruz. 
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Abstract 

Blepharophimosis syndrome and lacrimal gland agenesis association is an ex- 
tremely rare condition. Blepharophimosis is usually a genetic disorder showing 
autosomal dominant inheritance. acquired forms may occur as a result of chronic 
infections of conjunctiva and eyelid margins. Lacrimal gland agenesis is some- 
times associated with other lacrimal system disorders. These disorders may in- 
clude agenesis of the salivary gland and obstructive anomalies of the lacrimal 
puncta and canaliculi. The diagnosis is put by the clinical and radiological find- 
ings. We present magnetic rezonans(MRI) findings of a rare case of blepharophi- 
mosis syndrome associated with congenital bilateral lacrimal gland agenesis, 
with a review of literature. 
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Giris 

Blefarofimozis sendromu (BPES) konjenital bir hastaliktir.Daha 
sonraki yillarda bu hastaligin ailesel olabilecegi ve otozomal 
dominant gecisli oldugu bildirilmistir. Blefarofimozis-pitozis- 
epikantus inversus kompleksi bir gézkapagi bozuklugudur.Di- 
ger g6z anomaiileri ile birlikteliZi siktir Ancak BPES ve bilateral 
konjenital lakrimal gland agenezisi birlikteligi literaturde olduk- 
¢a nadirdir[1-2].13 yasindaki erkek olgumuzda BPES ve bilate- 
ral konjenital lakrimal gland agenezisi birlikteliZini nadir oldu- 
gundan MRG bulgularini literatiir esliZinde sunmay! amacladik. 


Olgu Sunumu 

Hastanemiz g6z poliklinigine gozlerde yanma, kasinti, kizarik- 
lik ve bulanik gorme sikayeti ile basvuran erkek cocuk hastada 
blefarofimozis sendromu ile birlikte ayrica bilateral kuru g6z ve 
buna bagli olarak fluoresseinle boyanan, yaygin korneal punktat 
epitel defektleri mevcuttu. Bu epitel defektlerine bagli olarak 
gorme bulanikligi (sa vizyon 50/100, sol vizyon 40/100) var- 
di.Bunun uzerine klinisyen tarafindan lakrimal glandlara y6nelik 
Orbital MRG istendi. Cekilen Orbital MRG de T2 aksiyel ve Yag 
baskili kontrastli aksiyel T1AG ve T1A koronal goriintiilerde bile- 
teral lakrimal glandlar izlenmedi (sekil 1,2,3). Klinisyen tarafin- 


id edded= rats 


Sekil 1. Koronal T1AGler her iki lakrimal gland izlenmiyor 


Sekil 2. Ya& baskili AKSIYEL T2AGler: her iki lakrimal gland izlenmiyor 


Sow ox 


Sekil 3. Konrastli yag baskili Aksiyel T1AG ler: her iki blakrimal gland izlenmiyor 


dan hastaya konservatif olarak yogun suni g6z yas! ve merhe- 
mi tedavisi baslatilmis ancak hasta da belirtilerde hafifleme iz- 
lenmemistir.. Bunun disinda hastaya herhangi bir cerrahi girisim 
yapilmadi. Hasta genetik inceleme icin bir Gst arastirma merke- 
zine gonderilmistir. 


Tartisma 

Blefarofimozis sendromu (BPES) ilk olarak Von Ammon tara- 
findan 1841 yilinda kisa horizontal kapak araligi seklinde ta- 
nimlansa da, blefarofimozis-pitozis-epikantus inversus (BPES) 
ucglemesi seklinde hastaligi tanimlayan 1889 yilinda Vignes ol- 
mustur. Daha sonraki yillarda bu hastaligin ailesel olabilecegi 
ve otozomal dominant gecisli oldugu bildirilmistir. 1971 yilin- 
da Kohn bu Ug bulguya telekantusu eklemistir[2].Blefarofimozis- 
pitozis-epikantus inversus kompleks bir gézkapagi bozuklugu- 
dur. Daralmis horizontal kapak araligi en belirgin bulgu olarak 
ortaya cikar. Levator aponevrozundaki displazi nedeni ile bila- 
teral, simetrik ve ciddi bir pitozis mevcuttur. Telekantus bu bul- 
gulara eslik eder. Blefarofimozis-pitozis-epikantus inversus’da 
rastlanan diger g6z bulgulari sasilik, mikroftalmi, gézyasi yol- 
larinda bozukluk, nistagmus, kartiinktilde hipoplazi ve optik disk 
kolobomu olarak siralanabilir. Bu hastalarda sasilik ve ambliyo- 
pi siklikla normal niifusa kiyasla daha yUksek saptanmistir[3-4]. 
Bizim vakamizdada bu bulgular vardi.Blefarofimozis-pitozis- 
epikantus inversus’de rastlanan diger g6z bulgular! sasilik, mik- 
roftalmi, g6zyasi yollarinda bozukluk, nistagmus, karUnkulde hi- 
poplazi ve optik disk kolobomu olarak siralanabilir. Bu hasta- 
larda sasilik ve ambliyopi siklikla normal nifusa kiyasla daha 
yuksek saptanmistir[3].Bizim vakada ¢ekilen MRG lerde bilete- 
ral lakrimal glandlar izlenmedi. BPES bircok oftalmik ve sistemik 
anormallikler ile iliskili olmasina ragmen lakrimal gland age- 
nezisi birlikteligi literattirde olduk¢a nadirdir[5-6]. Bizim vaka- 
mizda BPES ve bileteral lakrimal gland yoklugu birlikteligi var- 
di. Konjenital gézyasi bezi agenezisi cocukluk kuru g6z sendro- 
mun nadir goriilen bir nedenidir.Alakrima veya lakrimal gland 
agenezisi olduk¢a nadirdir.Literatiirde lakrimal gland agenezisi 
ve yoklugu ¢ok az yayin vardir.LADD (lacrimo-auriculo-dental- 
digitial syndrome) sendromlu hastalarda lakrimal gland age- 
nezileri bildirilmistir[5-6-7]. Lakrimal bezi agenezisi izole bir du- 
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rum olarak ortaya ¢ikabilir ya da lakrimal drenaj sisteminin ti- 
kiruk bezi agenezisi ve atrezi eslik edebilir. Alakrimada kornea 
ulseri ve perforasyonu gelisme riski vardir[8]. Bizim vakamizda 
tukruk bezi Gretiminde ve agizda herhangi bir sikint! yoktu. Lak- 
rimal bezi intrauterin yasamin ikinci ayin sonunda alt g6z kapa- 
ginda gelismeye baslar. Orbital ve palpebral pargalari besinci 
ayda olusur, ancak tam farklilasma dogumdan sonra ii ila dort 
yilda meydana gelir. Bu nedenle, cok erken intrauterin hayatta 
herhangi bir diizensizlik gézyasi bezi agenezisine neden olabilir. 
Kuru g6z sendromu cocuklarda nadir bir tanidir. Bu hastalik ke- 
mik iligi nakli sonrasi graft-versus-host hastalig1, Sjogren send- 
romu, Riley-Day sendromu, ektodermal displazi sendromlari, 
konjenital ince barsak atrezisi gibi sistemik hastaliklar ile iliskili 
olabilir[9,1 0]Bizim vakamizda sistemik bir hastalik saptanmadi. 


Sonu¢ 

BPES, alacrima ve Konjenital lakrimal bez agenezi birlikteligi 
oldukga_ nadir bir durumdur.Bunlara ek olarak hastalarda oku- 
ler ve kardiyak anomaliler,gelisme geriliZi gorulebilir.Kuru goz 
semptomlari ile bas vuran BPES li hastalarda lakrimal gland 
yoklugu arastirilmalidir. Herhangi bir sistemik bulgu olmadan 
kuru g6z sendromu olan cocuklarda orbital MRG non invaziv ve 
tanisal degeri olduk¢a yiiksek bir modelite olup klinisyenlerce ilk 
dustinulmesi gereken radyolojik goriinttileme y6ntemi olmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Kavernéz hemanjiomlar eriskinde en sik goriilen benign vaskiller orbital tiimér- 
lerdir.Yavas bilyiime egilimindedirler. Kavernéz hemanjiomlar Klinik olarak agri- 
siz proptozis ile karakterizedir. Orbital kavernédz hemanjiomlarin orijini ve meka- 
nizmas! belli degildir.Genellikle tek tarafli soliter timorler olarak goriiiirler. Biz 
bu olguda 48 yasinda bayan hastada sag gézde intrakonal yerlesimli orbital ka- 
vern6éz hemanjiomun manyetik rezonans gortintilleme bulgularini literatiir esligin- 


de sunuyoruz. 
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Abstract 

Cavernous hemangiomas are the most common benign vascular orbital tumors in 
adults. They show tendency to grow slowly. Cavernous hemangiomas character- 
ized by painless proptosis clinically. The origin and mechanism of orbital cavern- 
ous hemangioma is not clear. They are often seen as unilateral solitary tumors. 
In this case we presented magnetic resonance imaging findings of 48 year-old 
female patient with intraconally located orbital cavernous hemangioma at the 


right eye, with a literature review. 
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Giris 

Kavernéz hemanjiomlar nadir goriilen vaskiiler malformasyon- 
lar olup eriskinlerde en sik gortilen benign primer orbital neop- 
lazmlardir. Tipik olarak orta yas kadinlarda tek tarafll 

ilerleyici proptozisle kendini gésterir [1-2]. Kendine 6zgti klinik 
ve histopatolojik 6zellikleri vardir. Bu lezyonlar magnetik rezo- 
nans goriintiileme (MRG) ozellikleri ile kolaylikla 

taninabilirler. Agrisiz proptozis semptomlariyla basvuran olgu- 
larda orbital kavernédz hemanjiom ilk olarak diisuniilmesi gere- 
ken lezyonlardandir. Bu yazida ilerleyici 

proptozisi olan kadin olgunun MRG bulgularini literatiir esligin- 
de sunmay! amacladik. 


Olgu Sunumu 

48 yasindaki bayan olgu sol géz kiiresinde disa dogru biyt- 
me sikayetiyle hastanemiz g6z poliklinigine basvurdu.Yapilan 
g6z muayenesinde sol gézde goézii disa ve asagiya dogru de- 
viye eden proptozis mevcuttu. Diplopi sikayeti mevcuttu.Gor- 
me keskinligi sol g6zde tamdi. Dilate fundus muayenesinde pa- 
toloji saptanmadi.G6zde disa dogru biiyime sikayetinin yakla- 
sik 8 yildan beri var olup yavas yavas ilerledigi 6grenildi.Tiroid 
fonksiyon testleri, tam kan ve biyokimyasal parametreler nor- 
mal sinirlardaydi.Proptozisi aciklamaya y6nelik orbital MRG ya- 
pildi.MRG’de sol gézde retrobulber bélge lateralinde, intrakonal 
yerlesimli,optik siniri mediale dogru deplase eden, lateral rektus 
kasinda itilmeye neden olan aksiyalde g6riintiilerde 22x20mm 
dlculen diizgiin konturlu ovoid lezyon dikkati cekti. Lezyon T1 
agirlikli (T1A) sekansta hipointens olup hafif derecede icyapisi 
heterojendi (Resim 1). T2 agirlikli (T2A) sekansta (Resim 2,3,4) 
ve yag baskili T2 agirlikli imajlarda (Resim 3) lezyon cevre yu- 
musak dokulara gore hiperintens goruiniimdeydi. Lezyon iceri- 
sinde kontrastsiz sekanslarda izlenen ¢ok sayida vaskiler yapi- 
larla uyumlu kugtik sinyal kayip alanlari mevcuttu.Ayrica tiim se- 
kanslarda lezyon cevresinde hipointens izlenen kapsille uyumlu 
goériintim dikkati cekti, gdriintiileme 6zellikleri nedeniyle lezyo- 
na radyolojik olarak kavernéz hemanjiom 6n tants! koyduk.His- 
topatolojik sonuclarda da hemanjiom tanisi kesinlesti(Resim 5) 


Resim 1. T1 Agiriikli goriintiilerde sol orbitada hipointens kitle 
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mer orbital neoplazmlar olup kadinlarda daha sik goriltir.Yasa- 
min 5. dekatinda pik yaparlar [3-4-5].Tipik olarak orta yas ka- 
dinlarda ilerleyici, agrisiz proptozise sebep olur [6].Lezyonlar 
%80-82 oraninda intrakonal yerlesim gostermekle birlikte, %18 
olguda ekstrakonal yerlesimlidir[7].Orbital kavernédz hemanji- 
omlarin orijini ve mekanizmasi belli degildir. Bazi yazarlar bu 
lezyonlarin edinsel oldugunu one strmislerdir [7].Diger bazi ya- 
zarlar ise muhtemelen daha Once var olan vaskiiler hamartomun 
intrapapiller endotelyal hiperplaziyle yavas buyUmesi sonucu or- 
taya ciktigini savunmuslardir[8].Kavernéz hemanjiomlar dilate 
ve tortudze endotel ile kapli vaskiller kanallar icerirler. Vaskiiler 
alandaki kanin akim hizina ve tirbiilansina bagli olarak bu vas- 
killer kanallar tromboze olabilirler [9,10].Hastalarin cogunda en 
sik basvuru nedeni pulsatif olmayan agrisiz ilerleyici proptozis- 
tir [2].Glob arkasindan kitlenin basis! nedeniyle hiperopia, orbi- 
tal kaslarin yer degistirmesine bagli olarak géz hareketlerinde 
kisitlilik izlenebilir.Optik sinir basis! ve/veya basi nedeniyle olu- 
san kan akimindaki azalmaya bagli olarak gorme alan defekt- 
leri olusabilir [11]. Bizim olgumuzda da basvuru nedeni agrisiz 
ilerleyici proptozisti ancak gorme alaninda defekt izlenmedi.Ka- 
din cinsiyet, gebelik ve sistemik hemanjiomatozis risk faktérle- 
ri olarak siralanmaktadir. Orta yas kadinlarda sik olmasi ve ge- 
belik sirasinda biylmesi hormonal etkilenmeyi diisindtirmek- 
tedir [2].Kaverné6z hemanjiomlarin multifokal ve bilateral olma- 
st olduk¢a nadirdir. Bu durumlarda blue rubber bleb nevus send- 
romu, multiple enkondromatozis ve yumusak doku hemanjiom- 
lart ile ilgili diger sendromlardaki kutan6z ve visseral lezyonlarla 
birlikte goritilebilir{12].Orbital kavernéz hemanjiomun MRG bul- 
gular! tipiktir.Karakteristik MRG bulgular! T1A sekanslarda eks- 
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traokuler kaslara gére izointens ve orbital yag dokuya oranla 
hipointenstir. T2A imajlarda ekstraokiiler kaslara gore hiperin- 
tens izlenir. Bu gorunim yavas kan akimina ve lezyondaki art- 
mis sivi i¢gerigine baglidir [4].Eger lezyon hemosiderin i¢eriyorsa 
T2A goriintilerde azalmis sinyal intensitesi seklinde izlenebilir. 
Tim sekanslarda lezyon cevresinde periferal cizgi seklindeki hi- 
pointens gériinuim lezyonun fibréz kapsiilunii temsil eder. Kont- 
rast madde enjeksiyonunu takiben erken alinan kesitlerde ya- 
mali tarzda kontrastlanma izlenirken, ge¢ ddnemde yogun ho- 
mojen kontraslanma dikkati ¢eker[2].Tanimlan MRG bulgulari- 
nin tamami olgumuzda mevcut olup, olguya bu bulgular isiginda 
radyolojik olarak kavernéz hemanjiom tanisi koyduk. Ayirici tani 
norofibrom, hemanjioperisitom, schwannom, histiositom gibi 
diizgiin sinirli lezyonlar ile yapiImalidir. Ancak kontrastl kesit- 
lerde lezyonun erken arterial fazda yamali tarzda kontrast tut- 
masi ve ge¢ ddnemde homojen yogun kontraslanma gosterme- 
si orbital kavern6éz anjiom tanisi icin spesifik olabilir[2].Kaver- 
néz hemanjiomun tanisinda BT’de kullanilmaktadir.BT’ de iyi si- 
nirli kemik erozyonuna yol agmayan ve kalsifikasyon igermeyen 
homojen kitle lezyon hemanjiom icin tipiktir[5].Ancak MRG mul- 
tiplanar olmasi, doku sinyal intensitelerinin karakteristik farklili- 
gini gdosterebilmesi, orbital anatomiyi daha net ortaya koymasi 
ve lezyondaki hemosiderini gésterebilmesi nedeniyle BT’ye iis- 
tiindiir.Cerrahi tedavi optik sinir basis! olan semptomatik vaka- 
larda endikedir, asemptomatik vakalar klinik ve radyolojik ola- 
rak takip edilmektedir [7-13]. 

Sonug olarak; Orbital kavernédz hemanjiomlar MRG ozellikleriy- 
le tant konabilen lezyonlar olup eriskinde kemozis ve propitozis- 
le gelen hastalarda ilk akla gelmesi gereken orbital lezyonlar- 
dir. Bu lezyonlarda MRG’nin esas rolti,lezyon ile optik sinir ve di- 
ger orbital yapilarin iliskisini degerlendirmek ve bu lezyonlarin 
tani ve takibinde secilebilecek primer goriintiileme yontemi ol- 
masidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Subakut Sklerozan Panensefalit (SSPE), ndbet, miyokloni, ataksi, davranissal ve 
kisilik degisiklikleri, ekstrapiramidal sistem bozukluklari ve gorme sorunlarinin es- 
lik ettigi kizamik hastaliginin uzun dénem komplikasyonu olan bir hastaliktir. Bu 
yazida atipik psikotik bozukluk teshisiyle psikiyatri polikliniginde takip edilmis 19 
yasinda kadin olgu sunulmustur. Psikiyatrik bulgulari baskin olan bu hasta SSPE 


tanis! almistir. 
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Abstract 

Subacute Sclerosing Panencephalitis (SSPE) is the late complication of measles 
and is characterized by seizures, myoclonus, ataxia, behavioral and personality 
changes, extrapyramidal dysfunctions and vision problems. A 19 year old female 
patient with SSPE who was followed up at psychiatry clinic with the diagnosis of 
atypical psychotic disorder was presented. While psychiatric signs and symptoms 


were dominant, she was diagnosed as SSPE. 
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Introduction 

SSPE is a progressive central nervous system disease caused by 
a defective measles virus [1]. Although it mostly occurs during 
childhood and early adolescence, several late-onset SSPE cases 
were also reported in the literature [2-4]. The course of disease 
is divergent. Clinical features include behavioral or personal- 
ity changes, progressive mental demolition, myoclonus, focal 
or generalized seizures, extrapyramidal dysfunctions and vision 
disorders [5]. The disease may be presented atypically and may 
show difficulties in diagnose. 

In this case report, we presented a 19-year old female patient 
who had admitted to psychiatry clinic due to psychotic symp- 
toms and followed up with a diagnosis of atypical psychotic dis- 
order. In the following period, neurologic symptoms developed 
and the patient was referred to our neurology department. After 
a complete examination and laboratory investigation, electro- 
encephalography (EEG) and cerebrospinal fluid (CSF) findings 
verified SSPE diagnosis. 


Case Report 

A 19-years-old female patient had admitted to psychiatry 
clinic due to behavioral changes, anxiety, aggressive behavior, 
emotional lability and received antipsychotic treatment with a 
diagnosis of atypical psychotic disorder. She had sudden fall- 
ing attacks 1-year before her admittance to psychiatry but she 
had not mentioned about this complaint to the doctor. Under 
treatment, her psychiatric symptoms partially relieved but the 
frequency of fallings increased. Then she was referred to our 
department for neurologic examination and evaluation. On 
physical examination, there were several scars on the patellar 
skin bilaterally. Neurological examination revealed ataxia, gen- 
eralised myoclonic jerks, decreased deep tendon reflexes, and 
positive Babinski reflex. She had intellectual deterioration and 
behavioral changes. 

Routine laboratory investigations included hemogram, sedi- 
mentation, biochemistry, liver function tests, complete urine 
tests, Vitamin B12 level, Syphilis, HIV, chest x-ray, electrocar- 
diography. No pathologic finding was found. Cranial magnetic 
resonance imaging (MRI) showed hyperintense lesions at the 
subcortical white matter of both cerebral hemispheres [Figure 
1]. EEG showed slow wave paroxysms in both hemispheres, 
sleep-induced generalized epileptiform discharges and left 
frontal-central neuronal hyperexitability [Figure 2]. The CSF im- 
munological study tested positive for IgG measles antibody in 
20.6 titers (Normal value range is between 0-3.4). 

A diagnosis of SSPE was made based on clinical and EEG find- 
ings and laboratory tests. lsoprinosine treatment was given and 
valproic acid was added to control fallings. 

In the first year of treatment the patient was immobile and 
dependent medical care. 


Discussion 

In this paper, we report an 19-year-old female SSPE patient 
presenting with personality and behavioral changes, MRI and 
EEG findings, and high antibody levels in serum and CSF. In lit- 
erature, there are previous cases presenting with atypical find- 
ings such as ataxia, encephalopathy, and vision loss [5]. 

The disease is characterized by seizures, myoclonus, ataxia, be- 


havioral and personality changes, extrapyramidal dysfunctions 
and vision problems. In the literature SSPE cases presenting 
with psychiatric symptoms such as first episode schizophrenia, 
young-onset dementia were rarely reported [2,6,7,8,9,10,11]. 

It mostly occurs during childhood and early adolescence. The 
disease onset after 18 is rare. Several late-onset SSPE cases 
were also reported in the literature [2,4,9]. In our case it is re- 
markable that the disease onset was 19. 

Psychotic symptoms and emotional lability of our patient to- 
gether with ignored falling episodes led to admittance to psy- 
chiatry clinic and had delayed the diagnosis and treatment. 
Rare presentation of SSPE with psychiatric symptoms and late- 
onset of the disease might be the reason. 

Despite vaccinating programs, SSPE is still a problem in our 
country and other developing countries. Therefore, diagnosing 
atypical symptoms in the early period may be important in dis- 
ease course. 


Figure 1. Bilateral subcortical white matter abnormalities on FLAIR sequence 
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Figure 2. Bilateral slow wave paroxysms, sleep-induced generalized epileptiform 
discharges and left frontal-central neuronal hyperexitability on EEG 
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